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Ozet 

Gergek spontan koroner arter diseksiyonu, akut koroner sendromlarin olduk¢a na- 
dir ancak 6nemli bir sebebidir. Literatiirde yaklasik 200 vaka bildirilmistir. Otop- 
si sirasinda taninmasi siktir. Risk faktérleri arasinda oral kontraseptif kullanimi, 
aterosklerotik hastalik, fibromuskiler displazi ve peripartum dénem vardir. Sag- 
likli geng bir hasta akut miyokardiyal iskemi sendromu ile basvurmussa etyolojide 
spontan koroner arter diseksiyonu mutlaka diistiniilmelidir. Ani dliime neden ola- 
bilecegi igin zamaninda tan! ve miidahale yapilmasi gereklidir. Biz bu yazida, bili- 
nen risk faktorlerine sahip olmayan ve non-invaziv (konservatif) olarak tedavi edi- 


len bir spontan koroner arter diseksiyonu olgusunu sunuyoruz. 
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Abstract 

True spontaneous coronary artery dissection (SCAD) is an extremely rare but im- 
portant cause of acute coronary syndrome, with only about 200 cases reported 
in the literature. Diagnosis is often made at autopsy. Risk factors include oral 
contraceptive use, atherosclerotic disease, fibromuscular dysplasia and the peri- 
partum period. SCAD should be considered when a healthy young patient presents 
with the onset of acute myocardial ischemic syndrome. A timely diagnosis and 
intervention are mandatory as SCAD can cause sudden death. We present a case 
of SCAD without identifiable risk factors which was successfully treated with non- 


invasive conservative therapy. 
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Introduction 

Angiographic studies have reported the incidence of sponta- 
neous coronary artery dissection (SCAD) to be between 0.1% 
and 1.1% [1]. SCAD results in the hemorrhagic separation of 
the media and creation of a false lumen, with or without an 
associated tear in the intima. The separated media can force 
the intimal-medial layer toward the true lumen of the coronary 
artery, leading to distal myocardial ischemia, infarction and 
sudden death [1]. Diagnosis is usually made during postmortem 
examination in cases of sudden death in young victims [2]. The 
majority of reports are of apparently healthy, young to middle- 
aged women during the peripartum period or on oral contra- 
ceptive therapy (70% of the reported cases) without overt risk 
for coronary artery disease [3]. We present a case of SCAD in 
a middle-aged man with non-ST segment elevation myocardial 
infarction. 


Case Report 

A 42 year-old caucasian male without cardiovascular risk fac- 
tors was admitted to the emergency department for a short ep- 
isode of chest and left arm pain. There was no history of hyper- 
tension, connective tissue disease or family history of cardiac 
disease. The patient had no clinical signs of Marfan’s syndrome 
or heart failure. Troponin | levels were 2.4 ng/mL at admission 
and 8.2 ng/mL 4 hours after admission. Antiphospholipid and 
anti-cardiolipin antibodies were negative. Electrocardiogram 
did not reveal any changes suggestive of acute ischemia (Fig- 
ure 1). Echocardiography showed hypokinesia of the apical and 
mid septum segments. 

Coronary angiography demonstrated the absence of athero- 
sclerotic lesions; long spontaneous spiral dissection of the left 
anterior descending artery from the ostium to the mid part of 
the vessel with a TIMI grade 2 distal flow (Figure 2), a normal 
circumflex artery (Figure 3) and a normal right coronary artery. 
Medical therapy and follow-up of the patient both clinically and 
with echocardiography was chosen due to the stable hemo- 
dynamic conditions and absence of on-going chest pain or ST 
segment deviation. 


Figure 1. Electrocardiogram of the patient 


Discussion 

Spontaneous coronary artery dissection (SCAD) is a rare but 
fatal cause of acute coronary syndrome [4]. Fewer than 200 
cases have been described previously. Of these cases, 70% 
were females, 38% of which occurred during the third trimes- 
ter of pregnancy or the early postpartum period [3]. Other risk 
factors associated with SCAD are oral contraceptive use [5], 
antiphospholipid syndrome [6], connective tissue disorder [7], 


Figure 2. Long dissection flap of the left anterior descending artery from ostial 
to mid part of the vessel 


Figure 3. Normal circumflex coronary artery 


fibromuscular dysplasia [8], cocaine use [9] and physical exer- 
tion [10]. Approximately half of all patients are under 40 years 
of age [11]. The clinical presentation of SCAD depends on the 
extent and rate of dissection as well as the degree of myocar- 
dial ischemia. Sudden death occurs in up to 50% of cases, par- 
ticularly in those with left main coronary artery dissection [11]. 
Intimal dissection is usually found in patients with significant 
preexisting atherosclerosis. In other cases, the plane of dissec- 
tion in SCAD usually lies within the outer third of the tunica 
media or between the media and adventitia [11]. Left coronary 
artery dissections are more common in women, with the left 
anterior descending artery involved in 75% of cases [12]. Sev- 
eral treatment modalities have been reported for the manage- 
ment of SCAD. Clinical outcomes are related to clinical presen- 
tation, hemodynamic conditions of the patient, involvement of 
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one or more vessels with residual coronary flow and tenting 
procedures [13]. ST elevation MI presentation in the anterior 
leads, lesion length, vessel size, TIMI flow grade, and presence 
of intimal flap or hematoma was found to determine the choice 
for revascularization strategy. However, no difference was ob- 
served between the conservative therapy and coronary revascu- 
larization groups [13]. Accordingly, conservative management is 
advisable for patients that are asymptomatic and stable, as in 
the current case. Successful revascularization in acutely unwell 
patients, in the form of percutaneous coronary intervention [14] 
or coronary artery bypass grafting [15], have been described in 
the literature. Thrombolysis can be devastating if administered 
in the presence of SCAD [16]. The cornerstone of treatment to 
prevent recurrent thrombosis is anticoagulation. 

In conclusion, SCAD is a rare but dramatic condition that can 
cause myocardial infarction and/or sudden death in young and 
middle-aged individuals. Prompt diagnosis and early institu- 
tion of appropriate treatment are usually associated with a 
favorable outcome. It is important to consider that conserva- 
tive treatment alone may be sufficient in clinically stable SCAD 
patients. 
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Gzet Abstract 
Tek bir koroner ostiumundan cikan ve diger koroner ostiumun olmadigi tek koro- The “single coronary artery” (SCA) arises from the aortic root by a single coronary 
ner arter (TKA) cogunlukla asemptomatikdir. Bu konjenital anomalinin bazi tipleri ostium and in the absence of another ostium mostly has an asymptomatic course. 
gogils agrisi ve ani kardiyak 6liim gibi cesitli klinik belirtilere neden olabilir. Biz ti- Some types of this congenital anomaly may cause various clinical manifestations 
pik gogiis agrisi nedeniyle koroner anjiyografi yapilan 50 yasindaki bayan hasta- such as chest pain, sudden death. We present a 50-year-old woman whose coro- 
da ortaya ¢ikan izole TKA sunduk. nary angiography for typical chest pain revealed an isolated SCA. 
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Introduction 

Coronary artery anomalies occur in 0.2 -1.2% of the general 
population [1]. Clinical significance of such findings has been 
speculated and a few variants implicated as a cause of sud- 
den death, especially in young athletes. The left main coronary 
artery arising from the right sinus of valsalva is found in 0.03% 


[2]. 


Case Report 

A 50-year-old female patient was admitted to our polyclinic 
with exertional chest pain. She stated that the pain radiating 
to the left arm for the last 2 to 4 months and was starting after 
walking about 150 meters and was recovering with resting for 
10 to 15 minutes. The patient had several coronary risk factors 
including age, smoking and hypertension. He had used Amlodip- 
in for the last nine months. The patient’s electrocardiogram was 
in sinus rhythm and rate was 75 beats/min; there were not any 
other features. There was no pathological finding detected in 
the patient’s transthoracic echocardiography. 170/100 mmHg 
of blood pressure was measured on physical examination. The 
effort stress test was terminated and evaluated as symptom 
(chest pain)-positive at the end of the second stage of test. 
The patient underwent coronary angiography revealing a SCA 
originating from the right sinus of Valsalva and we could not 
demonstrate the significant narrowing of all the coronary artery 
(figiire 1,2). Beta-blocker and angiotensin converting inhibitor 
was added to her treatment. Our patient had typical chest pain, 
and the decision to administered surgery was made since there 
was no regression despite intensive medical treatment. 


Figure 1. The left descending coronary artery (yellow arrow) and circumflex artery 
(blue arrow) does not originate from left coronary sinus, where it originates from 
the right coronary artery (red arrow). 


Discussion 

Coronary artery anomalies are quite rare, and discovered in- 
cidentally during coronary angiography or autopsy. Very infre- 
quent type is a type in which all coronary artery systems are 
originated from one location [1]. 

Lipton classified single coronary artery anomalies angiographi- 


Figure 2. Aortography in the left anterior oblique view demonstrating absence of 
left coronary ostium in the left sinus of Valsalva. 


cally according to the origin whether being right or left coronary 
artery, the anatomical distributions on ventricular surface and 
the relationship with the ascending aorta and the pulmonary 
artery. According to classification, in single coronary anoma- 
lies arose from right sinus of valsalva (that gives anomaly the 
first letter R), left system may originate from its distal after the 
natural course of right coronary artey (R-1 type) or may arise 
from the proximal root as an another artery (left main coronary 
artery R-2 type) or may bifurcate from proximal root as two 
different arteries, left anterior descending and circumflex (R-3 
type) [3]. Our case was found to be consistent with R-3 type. 
The single coronary artery anomaly is usually asymptomatic, 
but may present as myocardial ischemia, syncope, or sudden 
cardiac death depending on its course and the presence and se- 
verity of atherosclerosis. Increased tendency of atherosclerosis 
have also been reported in cases with SCA anomalies [4]. Myo- 
cardial ischemia or sudden cardiac death are usually associated 
with its course between the aorta and main pulmonary artery 
[5]. The treatment strategy for SCA is not clear. The course and 
associated coronary atherosclerosis should guide the therapy. 
Coronary artery bypass surgery may be beneficial in patients 
whose anomalous coronary artery courses between the aorta 
and main pulmonary artery or/and patients with atherosclero- 
sis may benefit from revascularization strategies. Successful 
percutaneous coronary intervention has also been reported in 
some cases [6,7]. 

In conclusion, SCA anomaly is a rarely, which may cause chest 
pain without atherosclerosis., The treatment strategy of SCA 
is still controversial and there are no studies comparing surgi- 
cal with medical treatment and long-term follow-up studies are 
needed. 
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Ozet 

Vena kava inferior yaralanmalari genellikle multip! organ ve sistem yaralanmala- 
rt ile birlikte gériildir. Asir! kanamadan dolay! hemodinamik instabilitenin hizla ge- 
lismesi bu tip yaralanmalarda 6liim oranlarinin yiiksek seyretmesine neden olmak- 
tadir. Bu hastalarin tedavisinde hasar kontrol cerrahisi ilkelerini iyi uygulayan bir 
¢ok cerrahi disiplinin hizli ve uyum iginde ¢alismasinin yaninda hemodinamik sta- 
bilitenin saglanmasi ic¢in iyi bir yoSun bakim destegine ihtiyag bulunmaktadir. Bu 
yazida atesli silahla yaralanma sonucu bir ilg¢e hastanesinde laparotomi yapilarak 
multip! organ yaralanmasi yaninda vena kava inferiorda yaralanma tespit edilen 
hastanin basarili sekilde yapilan tedavisini sunduk. 
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Abstract 

Injuries of inferior vena cava are usually seen with multiple organ and system inju- 
ries. The rapid occurrence of hemodynamic instability due to massive hemorrhage 
leads to high rate of mortality. Concordant and fast approach of multidisciplinary 
surgical units to perform damage control surgery and efficient intensive care to 
provide hemodynamic stability are the most important points. We represented a 
successful treatment of a patient who transferred after laparotomy in another 
medical center to our hospital due to inferior vena cava and multiple organ in- 


juries. 
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Giris 

Atesli silahla yaralanma (ASY) sonucu olusan vena kava inferior 
(VKi) yaralanmalarinda coklu organ hasarinin eslik etmesi, he- 
modinamik bozuklugun hizla gelismesi, ciddi cerrahi organizas- 
yon gerektirmesi gibi nedenlerden dolay! mortalite ve morbidi- 
te oranlari cok yiiksek seyretmektedir. Oliim vakalarin %90'nin- 
da ilk 24 saat icinde gelisir ve siklikla eksplorasyon ve tamir si- 
rasinda meydana gelen masif kanamaya baéglidir [1-5]. 

Bu yazida ASY nedeniyle dis merkezde laparotomi yapilarak VKi 
da yaralanma tespit edilen ve kanamasi VKi’ a konulan klemp- 
lerle kontrol edilerek hastanemize gonderilen hastay sunduk. 


Olgu Sunumu 

Hastanemiz genel cerrahi klinigi bir devlet hastanesinin ameli- 
yathanesinden aranarak ASY bulunan 21 yasinda bir erkek has- 
tanin ameliyata alindigi ve VKi’ da yaralanma tespit edildigi, ka- 
namanin klemplerle kontrol altina alindigi ancak onarim ic¢in ge- 
rekli ekip ve donanimlarinin bulunmadig) bildirildi. Bunun uzeri- 
ne hasta acil ameliyata alinmak Uzere hastanemize kabul edil- 
di. Bu esnada kalp ve damar cerrahisi, anestezi, ameliyathane 
ve kan bankas! ile gortisiilerek acil ameliyat igin gerekli hazirlik- 
lar tamamlandi. Yaklasik 40 dakika sonra ambulansla endotra- 
keal olarak entiibe edilen hasta getirildi. Hastaya toplam 5 tni- 
te eritrosit suspansiyonu ve 4 Unite taze donmus plazma verildi- 
gi Ogrenildi. Hasta dogrudan ameliyathaneye alindi. Yapilan fizik 
incelemede sistolik kan basinci 65 mmHg, nabiz 135/dk olarak 
tespit edildi. Sa& meme siperior-medialinde atesli silah giris 
deligi bulundugu ve karin orta hatta laparotomi yapilan kesiden 
iki adet klempin bulundugu gérildu. Eksplorasyonda sag taraf 
diyafragmada 1 santimetre boyutunda laserasyon bulundugu, 
karaciger segment 7-8’in pargalandigi, mide pilorik bolgede ve 
duodenom birinci kisminda yaklasik 1 santimetrelik perforasyon 
alani bulundugu goriildi. VKi’da ise sag renal venle birlesim yeri- 
nin hemen stiperiorunda yaralanma oldugu ve burasinin iki adet 
satinsky klemp ile klempe edildigi goruldu. 

Kalp ve damar cerrahisi tarafindan VKi’un hasara ugrayan seg- 
menti tespit edilerek ¢evre dokulardan serbestlestirildi. Dis 
merkezdeki ilk miidahalede korlemesine konulmus olan iki klem- 
pin proksimal ve distalinden damar klempleri konularak yara- 
lanma bdlgesi kontrol altina alindi. VKi’ da birbirinin komsulu- 
gunda yaklasik 1,5 ve 3 santimetre uzunlugunda iki yaralan- 
ma yeri 7/0 prolen ile primer olarak onarildi. Daha sonra genel 
cerrahi tarafindan; diyafragmadaki laserasyon onarildi ve sag 
tip torakostomi acildi. Duodenom ve pilor’daki yaralanmalar tek 
kat devamli suturlarla onarildi. Karacigerdeki pargalanmis seg- 
mentlerden kanama ve safra sizintisinin devam ettigi gorildi. 
Ameliyat esnasinda hastanin sistolik kan basincinin dustik (65 
mm Hg) olmasi ve ciddi asidoz (arteryel pH 7,12) bulunmasin- 
dan dolay karacigerle diyafragma arasina kompresler konula- 
rak packing yapildi. Cilt siture edilerek hasta entiibe sekilde yo- 
gun bakima alindi. 

Yogun bakimda 48 saat sureyle takip edilen hasta hemodinamik 
stabilitenin saglanmasi Uzerine ikinci ameliyata alindi. Ameli- 
yatta VKi’ daki onarim yerinde herhangi bir darlik yada torsiyon 
olmadigi gériildii (Resim 1). Onceki ameliyatta konulan komp- 
resler cikarildiginda karacigerdeki kanama ve safra sizintisinin 
devam ettigi goruldi. Karaciger hilusunda hepatik arter, por- 
tal ven ve koledok vaskuler bir klemple kapatilarak Pringle ma- 


Resim 1. Vena Kava inferiorun (Ok) onarimdan iki giin sonraki gériintiisii. 


nevras! yapilarak kanama kontrol altina alindi. Pargalanan ka- 
raciger dokular! debride edildi. KaraciZere multip! siturlar ko- 
nulduktan sonra Pringle manevrasi sonlandirildi (Resim 2). Ka- 
nama ve safra sizintisinin olmadiginin gortilmesi zerine ame- 


Resim 2. Karacigerde segment 7-8’ de ki (Ok) yaralanmaya konulmus multip! sti- 
turlar 


liyata son verilerek hasta tekrar yogun bakima alindi. Hemodi- 
namik olarak stabil seyreden hasta postoperatif 24. saatte eks- 
tiibe edildi ve 48. saatte servise alindi. Karin igindeki drenle- 
rinden drenaj olmamasi Uzerine postoperatif 5. giinde cekildi. 
Tip torakostomiden ser6z karakterde 150 cc/giin drenaji de- 
vam ederken 6. giinde hasta bagli bulundugu askeri hastaneye 
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devir edildi. Postoperatif 11. giinde hastanin sorunsuz olarak ta- 
burcu edildigi 6grenildi. 


Tartisma 

Karin igi buydk damar yaralanmalarinin ¢ogu atesli silah yara- 
lanmalari ile olmakta ve bu yaralanmalara ¢oklu organ hasa- 
ri eslik etmektedir. VKi yaralanmalarinda mortalite yiiksek olup 
%65’ e kadar cikmaktadir [4]. Tum hastalarin yaklasik %30-50 
si hastaneye yetistirilemeden, hastaneye yetisenlerin ise yakla- 
sik %30’u yaralanmaya bagli olarak gelisen ciddi kanama so- 
nucu hayatini kaybetmektedir [5]. Ciddi abdominal travma geci- 
ren hastalarin mortalite ve morbidite oranlarini belirleyen fak- 
torler hastalarin tedavi merkezlerine ulasma siresi, acil Gnite- 
sinden ameliyata alinma siresi, sok tablosunda olup olmadikla- 
ri, eslik eden ciddi organ ve vaskiller yaralanma varligi, yapilan 
kan transftizyon miktari ve VKi’ daki yaralanma yeri olarak bil- 
dirilmistir [1, 6]. 

Sundugumuz hasta yaralanmadan yaklasik 50 dakika sonra ilk 
ameliyat yapilan merkeze ulastirilmisti. Hastanemize ulastigin- 
da hipovolemik sok bulgulari (hipotansiyon, tasikardi, zayif na- 
biz) mevcuttu ve hasta dogrudan ameliyathaneye alindi. Sag to- 
raksta atesli silah giris deligi bulunmaktaydi. Diyafragma, kara- 
ciger, pilor ve duodenumdaki yaralanmalar VKi’ daki yaralanma- 
ya eslik etmekteydi. VKi suprarenal alandan yaralanmisti. Has- 
taya 5 nite eritrosit sUspansiyonu verilmisti. 

VKi yaralanmasi bulunan hastalarda kanamaya bali gelisen hi- 
povolemik sok tarafindan induklenen asidoz, hipotermi ve koa- 
gulopatinin sebep oldugu liim triadini 6nlemek 6nemlidir [7]. 
Cerrahinin amaci kanamay! durdurmak, patent ve torsiyone ol- 
mayan bir VKi’ a ulasmak olmalidir. Bunun icin ilk segenek ve- 
nin primer olarak onarimidir. Oliim triadi gelisen hastalarda pri- 
mer onarim yapilamiyorsa ven6z yama, sentetik greft gibi kar- 
masik islemlerden kaginmak gerekir. Bu hastalarda VKi ligasyo- 
nu yapilabilir [8]. 

Sundugumuz hasta hemodinamik olarak stabil degildi (sistolik 
kan basinci 65 mmbg, arteryel pH 7,12). VKi’ daki yaralanma 
suprarenal bélgedeydi ve primer onarim acisindan uygun goriin- 
mekteydi. Bu nedenle primer onarim yapilarak kanama kontrol 
altina alindi. Onarim sonrasinda darlik ya da torsiyon gelisme- 
digi goriildi. Diyafragma, pilor ve duodenumdaki yaralanmalar 
tek kat devamli stiturlarla onarildi. Bu esnada tip torakostomi 
acildi. Ameliyat suresini uzatmamak icin karaciZerdeki kanama 
ve safra sizintilarini kontrol etmek icin packing y6ntemi kullanil- 
di. Ameliyat 50 dakika siirdii. 


Sonuc¢ 

VKi yaralanmalari genellikle diger sistem ve organlarin ciddi ya- 
ralanmalari ile birlikte goriilmektedir. Bu nedenle bircgok disipli- 
nin hizli ve uyum icinde ¢alismasini gerektirmektedir. Ciddi trav- 
maya maruz kalan hastalarin tedavisinde uygulanan her asa- 
ma hayati éneme sahiptir. Ozellikle hemodinamik instabilite ge- 
lisen hastalarda hasar kontrol cerrahisi tekniklerinin kullanilma- 
si lim triadinin gelismesini onleyebilir. Yeterli ekipman ve do- 
nanimin bulunmadigi merkezlerde ise bu tip yaralanmalarla kar- 
silasildiginda kanama klempler yada kompreslerle durdurulduk- 
tan sonra gonderilecek kurum haberdar edilerek hastanin hizli 
bir sekilde transferi hayat kurtarabilir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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A Rare Cause of Congenital Hypotonia: 
Walker Warburg Syndrome 


Konjenital Hipotoninin Nadir Bir Nedeni: 
Walker Warburg Sendromu 


Walker Warburg Sendromu / Walker Warburg Syndrome 
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Gzet 

Walker-Warburg sendromu (WWS), otozomal resesif gecisli tip 2 lizensefali, sere- 
bellar anomali, retinal anomali ve konjenital muskiiler distrofi ile karakterize nadir 
goriilen bir kas hastaligidir. Bu makalede aralarinda 1. derece akraba evililigi olan 
anne ve babadan dogan ve emme zayifligi sikayetiyle hastanemize getirilen, fizik 
muayene ve laboratuvar tetkikleri sonucu agir hipotoni, atipik yiiz goriintimii, es- 
lik eden g6z ve beyin anomalileri, cok yiiksek serum kreatin fosfokinaz diizeyi ile 
Walker-Warburg sendromu tanisi konulan bir olguyu sunarak hipotonik infant ayi- 


rici tanisinda nadir gériilen bu kas hastaligina dikkat ¢ekmek istedik. 
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Abstract 

Walker-Warburg syndrome (WWS) is an autosomal recessive rare muscle disease 
which characterized by type 2 lissencephaly, cerebellar abnormalities, and con- 
genital muscular dystrophy of the retinal abnormalities. In this article, we de- 
scribed a patient who born from 1st degree consanguineous marriage mother 
and father and admitted to our hospital suction weakness and had been diag- 
nosed Walker- Warburg syndrome with physical examination and laboratory tests 
as a result of severe hypotonia, atypical facial appearance, accompanying eye 
and brain abnormalities are very high serum creatine phosphokinase levels and 
wanted to draw attention to this rare muscle disease in the differential diagnosis 


of hypotonic infants. 
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Giris 

Walker-Warburg sendromu (WWS) serebral, serebellar, g6z ve 
kas anomaiileri ile karakterize, letal seyirli ve vakalarin erken 
dénemde kaybedildigi otozomal resesif kalitimli bir hastaliktir. 
1.2/100000 oraninda goriilir. ilk kez Walker tarafindan 1942’de 
letal infantil lizensefali olarak tanimlanmis ve bundan 30 yil 
sonra da Warburg, hidrosefali ve konjenital retinal ayrilmanin 
birlikte oldugu bir grup hasta bildirerek bu hastalarin gogunun 
5 ayliktan once kaybedildigine dikkat ¢ekmistir. 1975’de Chem- 
ke ve arkadaslar! ise akraba evliligi olan bir ailedeki iki olgu 
nedeniyle otozomal resesif kalitimin varligini ileri surmuslerdir. 
Daha sonra hidrosefali, agri, retinal displazi, + ensefalosel bir- 
likteligini tanimlayan H.A.R.D. + E terimi kullanilmis [1-3], ayri- 
ca cerebro-ocular dysplasia-muscular dystrophy (COD-MD) teri- 
mi de kullanilmis ancak 1989’da Dobyns ve ark. 42 olgu Uzerinde 
yaptiklari bir ¢alismada sendromun Walker-Warburg sendromu 
adi ile taninmasini 6nermisler ve tant icin tip II lizensefali, sere- 
bellar anomali, retinal anomali ve konjenital miiskiler distrofi- 
den olusan 4 kriterin gerekli oldugunu 6ne surmuslerdir [4]. Kon- 
jenital muskiler distrofiler iginde en agir seyirli form olan has- 
talik genellikle yenidogan dénemi ve sit cocuklugunda bulgu ve- 
rir ve hastalarin gogu 3 yasindan once kaybedilir [5]. 

Bu olguyu sunmadaki amacimiz hipotoni ayirici tanisinda nadir 
bir kas hastalig1 olan Walker-Warburg sendromunu hatirlatmak 
ve otozomal resesif gecisli, letal bir sendrom olmasi nedeni ile 
akraba evliligi yapan ailelere genetik danisma vermenin 6nemi- 
ni vurgulamaktir. 


Olgu Sunumu 

Yirmi sekiz yasindaki annenin 4. gebelikten 2. yasayan ¢ocu- 
gu olarak 38. gestasyonel haftada diisuk APGAR ile 3370 gram 
dogan kiz bebek beslenmede azalma sikayeti ile getirildi. Anne 
ve baba arasinda 1. dereceden akrabalik 6ykiisii ve annenin 16 
haftalik Dandy-Walker sendromu nedeni ile sonlandirilmis gebe- 
lik ve 15 gunliikken hidrosefali, galen ven anevrizmasi, kalp yet- 
mezligi nedeni ile operasyon sonrasi kaybedilen erkek cocuk 6y- 
kiisU mevcuttu. Fizik muayenesinde makrosefali (bas ¢evresi: 46 
cm), hipotoni ve pektus ekskavatum saptandi. intrauterin hid- 
rosefali tanisi ile takipli olan hastanin takibinde bas ¢evresi 6l- 
cimlerinde hizli artis saptanmasi Uzerine cekilen bilgisayarli be- 
yin tomografisinde her iki ventrikiiler sistemi ve hornlari ileri 
derecede genis saptandi ve ventikiiloperitoneal sant takild!. Goz 
konsiiltasyonunda mikroftalmi ve her iki goziinde konjenital ka- 
tarakt saptandi. Beyin manyetik rezonans goriintlemede Tip 2 
lizensefali, korpus kallosum agenezisi, kolposefali, agiri ve bila- 
teral dilate ventriktller mevcuttu. Metabolik hastalik acisindan 
gonderilen Tandem-mass, idrar kan aminoasitleri, kan gazi, bi- 
yokimyasal parametreleri normaldi. Karyotip analizi 46, XX ola- 
rak sonuclandi. Ayirici tani agisindan gonderilen TORCH serolo- 
jisi negatif sonuglandi. Hastanin serum fosfokinaz diizeyi: 2029 
U/L saptandi. Hastada klinik ve laboratuvar bulgulari ile Wal- 
ker- Warburg sendromu diistnildii ve genetik analiz planianan 
hasta 7 aylikken eksitus oldu. 


Tartisma 

Walker-Warburg sendromu goz ve beyin bulgulari ile seyreden, 
yuksek kreatin fosfokinaz diizeyleri ile karakterize, letal seyirli 
bir konjenital muskiler distrofidir [6]. Distroglikopatiler igerisin- 


de yer alir. Distroglikopatiler konjenital muskuler distrofinin fe- 
notipik é6zelliklerine ek olarak mental retardasyon, hipotoni, hi- 
rosefali, korpus kallosum agenezisi, agiri, kolposefali, katarakt 
ve mikrooftalmi ile karakterizedir. 

Tip Il lizensefali, hidrosefali, serebellar hipoplazi, mikroftalmi, 
gozde iridokorneal anomaliler, katarakt, retinada displastik de- 
gisiklikler ve konjenital miskiler distrofi Walker-Warburg send- 
romu icin tan! koydurucu kriterlerdir [1,2]. 

Olgumuza Tip II lizensefali, hidrosefali, mikrooftalmi, katarakt, 
muskiler distrofi bulgulari ile WWS tanisi koyulmus ve akraba 
evliliZi ve erkek bebek dliimU de otozomal resesif gecisi destek- 
leyen bir 6yki olmustur. 

Sendromun ayirici tanisinda konjenital muskiiler distrofiye g6z 
ve beyin anomalilerinin eslik ettigi Fukuyama tip Konjenital 
Muskiiler Distrofi (FKMD) ile Muscle-Eye-Brain (MEB) hastaligi 
mutlaka disiintilmelidir [2]. WWS’de klinik FKMD’ye gore daha 
agir seyretmekte ve hastalar erken dénemde kaybedilmekte- 
dir. FKMD Japonya’da siklikla g6zlenmektedir. Noropatolojik de- 
gisiklikler degerlendirildiginde ise septum pellisidum, korpus 
kallozum ve serebellar vermis agenezisinin WWS’li hastalarda 
daha sik bulundugu saptanmistir [7]. MEB hastaliginda ise ka- 
rakteristik g6z anomalisi olarak tim olgularda ilerleyici miyopi 
goériilmektedir ve klinik seyir WWS kadar agir degildir [8]. Her tig 
sendrom da birbirine gok benzemekle birlikte g6z ve beyin ano- 
malileri 6zellik ve siddet bakimindan farklilik géstermektedir. 
Otozomal resesif kalitim gdésteren bu sendromda tekrarlama 
riski %25 olup, prenatal ultrasonografi ile erken ddnmemde sade- 
ce santral sinir sistemi malformasyonlari tespit edilebilmekte- 
dir. Olgumuzda da intaruterin dénemde hidrosefali saptanmisti. 
Sonug olarak olgumuz, g6z, kas ve beyin bulgularinin bir ara- 
da bulundugu, hipotonik yenidoganlarda otozomal resesif gecis 
goésteren ve letal seyreden bu sendromun ayirici tanida distinil- 
mesi sonraki gebeliklerde ailelere verilecek genetik danismanin 
da 6nemini vurgulamak i¢in sunulmustur. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Gzet 

Takayasu arteriti, damar duvarinda inflamasyon ile karakterize, kronik seyirli bii- 
yiik damar vaskilitidir. Alt ekstremiteyi tutan Takayasu arteriti ve buna bagli to- 
pukta iskemik yara nedeni ile amputasyon 6énerilmis olan bir hastadaki multidisip- 


liner tedavi yénetimini sunmay! amaglamaktayiz. 
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Abstract 

Takayasu arteritis is a chronic systemic vasclulitis that characterized by the in- 
flammation of large vessels. Our aim to presentate the multidiciplinary treatment 
modality of a patient who was suggested amputation because of a chronic wound 


on the foot related with takayasu arteritis. 
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Giris 

Takayasu arteriti, Mikito Takayasu tarafindan tanimlanmis olup 
genellikle aorta ve ana dallarini etkileyen sistemik bir vaskulit- 
tir [1,2]. Literatiirdeki ilk vaka 21 yasindaki hastada gorme kay- 
bi ile tanimlanmis olsa da, bu hastalik ¢ok genis belirti ve bulgu- 
larla seyredebilen bir hastaliktir [3]. 

inflamatuar siirecte damar du-varinda plazma hicreleri, lenfo- 
sitler ve dev hire infiltrasyonu izlenirken, daha ileri safhalar- 
da fibrozisin olusmasiyla damar liimeni daralir, ardindan da is- 
kemik belirtiler ortaya ¢ikabilir [4]. 

Farkli tutulum lokalizasyonu gésteren Takayasu arteritine bag- 
li, nadir bir klinik prezentasyon olan topukta iskemik yara nede- 
ni ile amputasyon Onerilmis bir hastadaki multidisipliner tedavi 
yonetimini sunmay! amaclamaktayiz. 


Olgu Sunumu 

57 yasinda, takayasu arteriti ve sa topukta 1 yildir devam eden 
kronik yara nedeni ile kardiyovaskiler cerrahi klinigine yatirilan 
bayan hastanin tedavisine kronik yara merkezinde devam edil- 
mek Uuzere nakil alindi (Resim-1). Kontrol altinda hipertansiyo- 
nu haricinde yandas hastaligi yoktu. Dis merkezde amputasyon 
6nerilen hastanin, kalkaneusunu acikta birakan 8x6 cm boyut- 
larinda yaras! mevcuttu. Steroid dozu romatoloji kliniginin 6ne- 
rileri dogrultusunda duzenlendi. Dizenlenen tedavi sonrasinda 
hastanin yarasi ve kalkaneusu osteotomi yapilarak debride edil- 
di (Resim-2) ve tizerine ECM bazli doku skafold materyali (Hya- 
lomatrix®) yerlestirildi (Resim-3). Steroid tedavisi ile akut infla- 
matuar siireci gerileyen hastaya kalp damar cerrahisi klinigi ta- 
rafindan Hibrid operasyon yoéntemi ve Selektif kok hiicre trans- 
feri uygulandi (Resim-4). Yara kenarlarindan baslayan grant- 
lasyonun kemik tizerinde de oldugu gézlendi ve graniilasyon olu- 
sumu icin biyolojik debridman materyali (Hyalogran®) kulanil- 
maya devam edildi (Resim-5). Cilt seviyesine getirilen grani- 
lasyon dokusunun izerine plastik cerrahi klinigi tarafindan kismi 
kalinlikli cilt grefti uyguland!. Topuktaki yarasi tamamen iyilesen 
hastanin yara problemi tamamen ortadan kalkmis olup hastanin 
bir yildir sikayeti bulunmamaktadir (Resim-6). 


Tartisma 

Kronik yaralar; karsimiza genellikle dolasim bozuklugu veya me- 
tabolik nedenlere bagli olarak ¢ikmaktadir. Vaskiler sebepler- 
le karsimiza cikan kronik yaralarda sebep, arteryel veya ven6z 
dolasim bozuklugudur. Venéz yetersizlikte daha ylzeyel yaralar 
olusurken, arteryel yetersizliklerde daha derin dokular etkilenir. 
Varis Ulserleri ven6éz sebepli yaralara tipik bir 6rnekken, Takaya- 
su arteritine bagli alt ekstremite yarasi ise arteryel dolasim bo- 
zukluguna bagli yaralara ornektir. Alt ekstremitedeki yaralarin 
en sik sebeplerinden biri de diyabettir. Burada temel neden is- 
kemi ve noropatidir. Bu tarz yaralarda Takayasu arteriti gibi ar- 
teryel dolasim bozukluguna sekonder gelisen yaralardan fark- 
I! olarak, temel neden, duysal néropatiden dolay! agri ve isi his- 
sinin kaybidir. Benzer sekilde bu hastalarda da enfeksiyon egi- 
limi fazladir. 

Takayasu arteriti; etyopatogenezi tam olarak aydinlatilamamis, 
damar duvarinda inflamasyon ile karakterize, kronik seyirli bu- 
yuk damar vaskilitidir. Sikligi ulkeler arasinda farkliliklar gds- 
terse de milyonda 2-3 oldugu distintilmektedir. Baslica arkus 
aorta ve dallari tutulabilir. Damardaki bu inflamatuar hadise- 


ler segmental darlik, okliizyon, dilatasyon ve anevrizmaya sebep 
olabilmektedir. Tutulan damar lokalizasyonuna gore de farkli 
semptomlar ortaya ¢ikabilmektedir [5,6,7]. Bizim sundugumuz 
olguda Takayasu arteriti, karakteristik olarak izlenen arkus aor- 
ta ve dallari disinda daha nadir izlenen alt ekstremite damarin- 
da saptanmistir. Bununla birlikte klinik prezentasyonu da damar 
okllzyonuna bagl! olarak uzun zamandir iyilesmeyen ayak yara- 
si olarak karsimiza ¢ikmistir. 

Hastaligin tanisinda konvansiyonel anjiografinin yeri cok 6nem- 
lidir. Arteryel tutulum ve tutulumun yayginligi anjiografi ile izle- 
nebilir. Bizim hastamizda da anjiografi ile alt ekstremite damar 
tutulumu izlenmistir. 

Birgok hastaligin tedavisinin temel prensibi olan hasta doktor 
isbirligi suphesiz ki bu hastalikta da cok 6nemlidir. Diyabette 
olusan yaralarda tedavinin temeli yara olusmasini engellemek- 
tir. Bununla beraber seker regtilasyonu ve yasam sartlarinin ye- 
niden diizenlenmesi yaralardan 6nemli oranda korunmay! sag- 
lar. Arteryel sebepli yaralarda ise temel tedavi iskemik alanin 
revaskillerizasyonu ve yara bakimi zerine kuruludur. Ven6z ya- 
ralarda ise kompresyon, antibiyotik, yara bakimi ve debridman 
onemli basamaklardir [8]. Takayasu arteriti etyopatolojisinin 
tam olarak bilinmemesi ve hastalikla ilgili randomize kontrol- 
lu galismalarin kisitli hasta Uzerinde yapilmasi, tedavi protokol- 
lerinin kanit diizeylerinin diisuk olmasina yol agmaktadir. Stan- 
dart tedavi, kortikosteroidler ve imminsupres6r ajanlari icer- 
mektedir. Medikal tedaviye ek olarak, zaman zaman basvurulan 
endovaskiler cerrahi girisimler de bu hastaligin tedavisinde kul- 
laniImaktadir [9,10]. Bizim hastamiz da steroid tedavisi almak- 
ta idi. Basvuru anindan itibaren, romatoloji klinigini ile koordi- 
neli olarak steroid doz ayarlamasi yapildi. Bu sayede kardiyo- 
vaskiler cerrahi klinigince uygulanacak olan endovaskiler girisi- 
min, akut dénemde yapilmasinin 6niine gecilecekti. Cerrahi ge- 
reksinimi olan hastalarda bu islemlerin akut alevlenmeleri ya- 
tistiktan sonra yapilmasinin basari sansini artiracagini savunan 
calismalar literattrde mevcuttur [11,12]. Bizim hastamizda da 
steroid ile inflamatuvar hadise geriledikten sonra endovaskiler 
islem uygulanmistir. Akut alevienmenin baskilanmasinin 6nem- 
li olmasi kadar, hangi hastanin akut alevienme déneminde oldu- 
gunu anlamakta ¢ok 6nemlidir. Ne var ki, hastaliga “aktive” di- 
yebilecegimiz giivenilir laboratuvar ve klinik parametreler bu- 
lunmamaktadir. Bu durumda labaratuvar degerlerinden eritrosit 


— 


Resim. Sag Topukta kalkaneusu acikta birakan yara (1). Kalkaneus tizerine uygula- 
nan osteotomi ve debridman (2). Yara izerine uygulanmis ECM bazli doku skafold 
materyali (Hyalomatrix®) (3). Yara kenarlarindan baslayan graniilasyon dokusunun 
kemik dizerini kapamasi (4). Graniilasyon icin kullanilan biyolojik debritman ma- 
teryali (Hyalogran®) uygulamasi (5). Graniilasyon dokusu tizerine split thickness 
cilt grefti uygulamasi (6). 
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sedimantasyon hizi, C-reaktif protein ve klinik iskemi bulgulari- 
nin olup olmamasi kullanilabilmektedir [6,13]. Bizim hastamiza 
da islem uygulandiginda akut faz reaktanlari, steroid ile kontrol 
altina alinmis akut hecme nedeni ile dtisiik seviyede idi. 
Takayasu arteritinde balon anjiyoplasti ve stent uygulamalari 
gibi endovaskiler girisim teknikleri giderek artan basar! oranlar! 
ile yapilmaktadir. Bu tip girisimler, genellikle distal organ iske- 
misinin bulundugu 6zellikle kisa segmenti tutan kritik damar ti- 
kanikliklarinda daha uygundur [11]. 

Damar patolojisi saptanmis hastalarin yara tedavi algoritmin- 
de ozellikle altta yatan hastaligin tedavisi Gnem kazanmaktadir. 
Bu hastada oldugu gibi altta yatan vaskilitin medikal ve cerrahi 
olarak coziimlenmesi, ayrica yara bakiminda ileri teknik ve mal- 
zemelerin kullanilmasi ile graniilasyonun saglanmasi, ardindan 
da plastik cerrahi tarafindan greftleme operasyonu ile amputas- 
yon onerilmis bir ekstremite yeniden kazanilmistir. 

Sonug olarak Takayasu arteriti, nispeten daha ktglik boyutlu da- 
marlari da etkileyebilen bir vaskillit olup stenoza veya okliizyona 
sebep olarak ekstermite distalinde iyilesmeyen yaralara sebep 
olabilir. Akut inflamatuvar olaylar kontrol altina alindiktan sonra, 
multidisipliner tedavi yaklasimiyla boyle hastalarda katastrofik 
komplikasyonlarin gelismesinin 6niine gecilebilir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet Abstract 

Diyabetik hastalarin glisemik durumlarinin takibinde en yaygin kullanilan test gli- In monitoring the glycemic status of diabetic patients with the most commonly 
kozile hemoglobin (HbA1c) dl¢iimudiir. Diyabetik hastalarda hedef HbA1c degerine used test glycosylated hemoglobin (HbA1c) measurement. Conditions that can 
ulasmak mikrovaskiiler ve makrovaskiiler komplikasyonlarin 6nlenmesinde 6nem- cause incorrect results in the prevention of HbA1c in diabetic patients with micro- 


li oldugu icgin, HbA1c 6lgiimtinde hatali sonuclara neden olan durumlar g6z ontinde vascular and macrovascular complications should be considered. In this paper, the 


bulundurulmalidir. Bu yazida tip 1 diyabetes mellitus tanisi olan, hiperglisemileri- diagnosis of type 1 diabetes mellitus, although a measure of hyperglycemia, low 
nin olmasina ragmen diistik HbA1c dlciilen bir olgu tartisilmistir. HbA1c measured phenomenon is discussed. 
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Giris 

Diyabetes Mellitus (DM), tim diinyadaki en 6nemli saglik prob- 
lemlerinden birisidir. Diyabetik hastalardaki mortalite ve mor- 
biditenin gogundan uzun d6énem icerisinde gelisen mikrovaskii- 
ler ve makrovaskiiller komplikasyonlar sorumludur. Bu kompli- 
kasyonlarin gelismesinin ve ilerlemesinin 6nlenmesi de glisemik 
kontrol ile iliskilidir [1]. HbA1c testi DM tanisi ve takibinde kulla- 
nilmaktadir. HbA1c; gecmis 2-3 aylik dénemdeki ortalama glu- 
koz degerini yansitir ve diyabet komplikasyonlarinin gelisme ris- 
kinin bir géstergesidir. Demir, vitamin B12 ve folat eksikliZine 
bagli anemilerde ve anormal hemoglobinopatilerde (HbF ve HbS 
gibi) hatal! yiiksek HbA1c seviyeleri olabilirken, hemolitik anemi- 
lerde ve Demir, vitamin B12 ve folat eksikliZine bagli anemile- 
rin tedavisinde yanlis diisuk HbA1c seviyeleri g6rilebilir [2]. Glu- 
koz 6 Fosfat Dehidrogenaz (G6PD) eksikligi sik gériilen eritro- 
sit enzim eksikligidir ve X’e bagli resesif kalitim gésterir. Bunun- 
la birlikte bu hastalik hem erkeklerde hemde kadinlarda goriile- 
bilmektedir. G6PD eksikliZi prevalansi Afrika ve Orta Dogu’nun 
bazi bélgelerinde %15-25, Kuzey Amerika ve Avrupa’da %3 ara- 
sinda degismektedir. G6PD eksikligi erkeklerde (%6.6), kadin- 
lara gore (%1.9) daha sik gériilmektedir. G6PD enzim eksikligi- 
nin Turkiye’ de gortilme orani cografi bolgelere ve etnik grupla- 
ra gore farklilik gostermekte olup %0,25-18 oraninda bildiril- 
mekte ve en sik Cukurova bélgesinde goériilmektedir [3]. Bu ya- 
zida tip 1 DM tanisi almis fakat kan glukozunun ylksek seyret- 
mesine ragmen, HbA1c dizeyi distik olarak saptanan ve sonra- 
sinda G6PD enzim eksikligine bagli hemolitik anemi tanisi alan 
bir olgu sunulmaktadir. 


Olgu Sunumu 

33 yasinda kadin hasta agiz kurulugu ve sik idrara ¢ikma ya- 
kinmalar! nedeniyle endokrinoloji poliklinigimize basvurdu. A¢- 
lik kan glukozu (AKS$): 280 mg/dl (74-106), tokluk kan glukozu 
(TKS): 350 mg/dl, HbA1c: % 3.3 (4.6-6.1) saptanan hasta kan 
sekerinin dizenlenmesi amaciyla servisimize yatirildi. Hastaya 
yaklasik 4 yil 6nce tip 1 DM tanisi almis olup dortlii insilin te- 
davisi baslanmis ve halen sabah: 6 Unite, 6gle: 8 Unite, aksam: 8 
Unite insulin lispro ve gece 18 tinite instlin glarjin kullanmaktay- 
di. Hastanin ailesinde diyabet 6yktsti yoktu. Kronik bir hastali- 
81 veya sirekli kullanmis oldugu bir ilag yoktu. Gorme bozuklugu, 
el ya da ayaklarda uyusma karincalasma gibi diyabetin kompli- 
kasyonlarina ait bir sikayet tariflemiyordu. Basvurusundaki fizik 
muayenede kan basinci: 110/70 mm/Hg, nabiz: 78 atim/dakika, 
solunum sayisi: 18 dakika, vicut sicakligi: 36,8°C idi, diger sis- 
tem muayenelerinde patolojik bir bulgu saptanmadi. 
Laboratuvar bulgularinda, Hemoglobin (Hb): 12.7 g/dL (13.6- 
17.2), lokosit sayisi: 9300 mm3 (5200-12400), nétrofil: % 67.5 
(41-73), lenfosit: % 23.8 (19.4-44.9), monosit: % 7.3 (5.1-10.9), 
eozinofil: %1.2 (0.9-6), kreatinin: 0.7 mg/dl (0.6-1.3), AST: 14 
U/L (0-31), ALT: 11 U/L (0-34), total bilirubin: 1.98 mg/dL (0,3- 
1,2), direk bilirubin: 0.45 mg/dL (0-0.2), LDH: 174 U/L (0-247) 
idi. idrar analizinde protein: +1, glukoz: +1 ve keton: negatifti. 
Mikroalbuminiri: 60 mg/gun olarak sonuclandi. G6z dibi muaye- 
nesinde diyabetik retinopatisi yoktu. 

Klinigimizdeki takiplerinde hastanin AKS’ lerinin 220-280 mg/ 
dL, TKS’ lerinin 250-350 mg/dL araliginda seyrettigi gorildi. 
Hastada kan glukozunun yiiksek olmasina ve mikroalbiminiri 
bulunmasina ragmen HbA1c dizeyi % 3.3 (4.6-6.1) idi. Hasta 


ozellikle son 6 aydir evde yapmis oldugu kan sekeri takipleri- 
nin hep 200 mg/dL uzerinde oldugunu ifade ediyordu. Son bir yil 
iginde bakilan iki adet HbA1c degerleri sirasiyla % 4.4 ve %3.8 
idi (Grafik 1). Hastanin total bilirubini yuksekti. Hastanin anam- 
nezinden, iki yil 6nce idrar yolu enfeksiyonu nedeniyle kullanmis 
oldugu bir antibiyotikten sonra halsizlik basladigi, yapilan tet- 
kiklerde anemisinin saptandigi ve hematoloji servisinde yatiri- 
larak takip edildiZi ogrenildi. Hastada G6PD enzim eksikligi ola- 
bilecegi dustinuldii ve bu enzimin eksikligi kalitatif floresan spot 
testi ile pozitif olarak saptanildi. Hastada G6PD enzim eksikli- 
gine bagli hemolitik anemi ve buna bagli olarak da HbA1c se- 
viyelerinde kan sekerleri ile orantisiz yalanci bir diisikluk oldu- 
gu distinildi. 


Grafik 1. 
Glukoz ve HbA1c eszamanii dicimleri 
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Glikolize proteinler diyabetik hastalarda kronik glisemik kont- 
rollin gdstergesi olarak kullanilir. Glikozile proteinler icgerisinde 
en sik kullanilan ve kronik komplikasyonlarla iliskili oldugu bili- 
nen HbA1c'dir [4]. Eritrositler glukoza serbest gecirgen oldugun- 
dan HbAt1c olusma hizi, eritrositlerin dolasimda bulundugu si- 
rece ortamda var olan glukoz konsantrasyonuna ve maruz kal- 
ma siresine ba8lidir [1]. Eritrositlerin yasam stresi yaklasik 2-3 
ay olduguna gore HbA1c 2-3 ay boyunca maruz kalinan ortala- 
ma glukoz diizeyini gosterir [5]. Ancak bilinmelidir ki HbA1c son 
haftalardaki glukoz diizeyleri ile daha yakin iliskilidir. Son 1 ay- 
daki glukoz diizeyi HbA1c’ nin % 50’ sini olustururken 60- 120. 
giinler %25’ ini, 30-60. giinler de diger % 25’ ini olusturur [6]. 

Hemolitik anemiler eritrositlerin normal yasam sirelerinin erit- 
rosit disi sebeplere veya eritrositlerin kendilerine ait yapisal de- 
gisikliklere bagli olarak kisalmasindan kaynaklanan bir anemi 
grubudur. Normal kosullarda eritrositlerin yasam suresi 120 
giindir. Hemolitik anemilerde bu sire kisalmistir. G6PD enzim 
eksikliZi en sik goriilen enzim yetersizligidir. Eritrositlerde oksi- 
dan hasara karsi savunma, asil olarak G6PD aktivitesine bagli- 
dir. G6PD glutatyonun hicre igi dizeyinin normal tutulmasinda 
gerekli olan nikotinamid adenin dintikleotit fosfat’In (NADPH) 
yapiminda rol almaktadir. Glutatyon ise ilag veya enfeksiyon- 
lar gibi dis faktorlerin etkisiyle eritrositler iginde olusan oksi- 
dan maddelerin yok edilmesinden sorumludur. G6PD eksikligin- 
de eritrositler oksitleyici bir strese ugradiklarinda glutatyonu in- 
dirgenmis durumda tutamadiklari igin hemoliz gelisir. Eritrosit- 
lerde oksidatif hasara karsi gelisen savunma, mevcut enzim ak- 
tivasyonu ile orantilidir [3]. Oksidatif stres altinda G6PD eksikli- 
gi olanlarda akut hemoliz gelisir. Enfeksiyonlar, ilaglar ve diger 
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ekzojen oksidan ajanlar en fazla tetik cekmektedir. 

G6PD eksikligi, X’e bagli resesif kalitim gésterir. Bununla birlikte 
bu hastalik hem erkeklerde hem de kadinlarda goriilebilmekte- 
dir. Erkekler tek bir X kromozomuna sahip olduklari igin, ya nor- 
maldirler ya da varyant G6PD enzimine sahiptirler. Bu nedenle 
etkilenen erkeklerin hepsi hemolize karsi duyarlidir. Kadinlar iki 
tane X kromozomuna sahip olduklari icin ya heterozigot ya da 
homozigot varyant G6PD enzimine sahip olabilirler. Homozigot 
kadinlar ileri derecede etkilemislerdir ve heterozigot erkelerle 
ayn klinige sahiptirler. Heterozigot kadinlar genellikle klinik ola- 
rak normaldirler. Heterozigot kadinlarda G6PD enzim seviyesi 
normal, orta veya asir! derecede azalmis olabilir. Bundan dolay! 
gercek heterozigot kadinlar DNA analizi yapilmadigi surece tes- 
pit edilemez [7]. Bizim hastamizda 34 yasinda bir kadin hastay- 
di. Muhtemelen heterozigot G6PD enzim varyantina sahipti ve 
klinik olarak asemptomatikti. 

Hastamizda da tip 1 DM tanisi mevcuttu, evdeki kan sekeri ta- 
kiplerinin yiksek olmasina, sik idrara ¢ikma, agiz kurulugu gibi 
hiperglisemi semptomlarinin olmasina ragmen dlculen HbA1c 
dizeyleri diisukti. Diyabetik hastalarda kan sekeri takiplerinin 
yuksek olmasina ragmen, bununla orantisiz HbA1c diizeyleri 6l- 
cilebilir (Tablo 1). Bu durumda, HbA1c sonucunu etkiledigi bili- 
nen hemolitik anemiler, iremi, demir eksikliZi anemisi, hemog- 
lobinopati ve benzeri hastaliklar acisindan hastalar ayrintil! bir 
sekilde degerlendirilmelidir [2]. 


Tablo 1. HbA1c de hatali sonuglara yol acan nedenler 


Hatali diistik HbA1c nedenleri Hatali yiiksek HbA1c nedenleri 


1- Hemolitik anemiler 1- Demir eksikligi, vit B12 eksikligi ve fo- 


lat eksikliZi anemisi 
2- Demir eksikligi, vit B12 eksikligi 
ve folat eksikligine bagli anemile- 
rin tedavisinde 


2- Hemoglobinopatile (HbF ve HbS gibi) 


3- Eritropoetin tedavisi 3- Kronik bobrek yetmezligi 
4- Hemodiyaliz 


5- Ciddi kan kayiplari 


HbA1c normal yasam siresine sahip eritrositlerde degerlidir. 
Eritrosit yasam siresinin arttigi demir eksikligi, vit B12 eksikli- 
gi ve folat eksikliZine bagli anemilerde yanlis yiksek HbA1c de- 
gerleri saptanabilir. DiZer agidan hizli eritrosit turnoverinin ol- 
dugu, hemolitik anemilerde ve demir eksikligi, vit B12 eksikli- 
gi ve folat eksikliZine bagli anemilerin tedavisinde yanlis du- 
slik HbA1c seviyeleri saptanabilir. Olciim metoduna bagli ola- 
rak anormal hemoglobinopatilerde (HbF ve HbS)’ de hatali yiik- 
sek HbA1c saptanilabilir. Bobrek hastaliklarinda iki durum s6z 
konusudur; 1- Ure yiiksekligine bagli olarak karbamillenmis he- 
moglobin dizeyi yiikselir bu yanlis HbA1c yiiksekligine yol agabi- 
lir, 2- Eritropoetin tedavisi ve hemodiyalize bagli olarakta yan- 
lis disk HbA1c dizeyleri gorilebilir [2]. HbA1c 6lgimunin kisithi 
deger tasidigi bu tur durumlarda ve de diyabetik gebelerde daha 
sik takip yapilmasi gerektiginden ortalama 2 hafta 6nceki glise- 
mi dizeyini gosteren fruktozamin dlcimit gibi alternatif testle- 
re gereksinim duyulabilir. 

Sonug olarak diyabetik hastalardaki mikrovaskiiler ve makro- 
vaskiler komplikasyonlarin gelismesinin ve ilerlemesinin onlen- 
mesinde glisemik kontrol 6nemlidir. Kan sekerleri ile orantisiz 
HbAt1c seviyelerinin varliginda, HbA1c’ de hatali dlciimlere ne- 
den olabilecek durumlar g6z 6niinde bulundurulmali ve diyabetik 
hastalarin tedavileri bunlara gore gézden gecirilmelidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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A Solitary Plasmocytoma Case Causing Horner Syndrome 
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Ozet 

Soliter plazmositom; nadir goriilmesine ragmen, gogiis duvarinin primer malign 
timorleri ile karsilastirildiklarinda, tedavi semasi ve prognozu acisindan farkli- 
lik gésterecekleri icin, tani almalari oldukc¢a 6nemlidir. Olgumuz 60 yasinda erkek 
hasta, sol koltuk altina yayilan omuz agrisi ve Horner sendromu bulgulart ile tetkik 
edilirken, sol akciger Uist lob gogiis duvari lokalizasyonunda kitle tespit edildi. Vi- 
deo yardimli torakoskopi ile soliter plazmositom tanis! konuldu. Horner sendromu- 


na yol acan primer kosta maligniteli olgu literatiir esliginde tartisildi. 
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Abstract 

Solitary plasmacytoma is a rare plasma cell tumour, when seen in the chest wall, 
it is important to diagnose since the treatment scheme and prognosis will vary, 
compared to primary malignant tumours of the chest wall. A 60-year-old male 
presented to our clinic with left shoulder pain radiating to the left axilla. Horner's 
syndrome symptoms were present, in further examination a chest wall mass lo- 
cated in the left upper lung lobe region was detected. Histopathologic diagnosis 
was solitary plasmocytoma via video-assisted thoracoscopy. The primary tumor 
of the rib malignancy causing Horner’s syndrome is discussed with reference to 


the relevant literature. 
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Horner Sendromu / Horner Syndrome 


Giris 

Horner sendromu olarak bilinen okiilosempatik parezi, okiilo- 
sempatik sinir yolunun hipotalamustan orbitaya kadar herhangi 
bir yerde kesintiye ugramasi ile ortaya cikan bir nérolojik send- 
romdur [1]. Horner sendromunun klasik bulgulari pitozis, miyo- 
zis ve fasiyal anhidrozdur. Soliter plazmositom (SP) nadir goru- 
len bir timordiir ve plazma hucre diskrazilerinin %5’inden azi- 
ni, primer gogiis duvari tumorlerinin ise %3’UnU olusturur [2,3]. 


Olgu Sunumu 

Altmis yasinda erkek hasta, birkag aydir sol koltuk altina yayi- 
lan omuz agrisi nedeniyle basvurdugu merkezde ¢ekilen akciger 
grafisinde sol Ust zonda homojen kitle goruiniimii saptanarak 
klinigimize yonlendirildi. Hastanin basvurusunda sol gozde myo- 
zis, pitozis bulgulari vardi. 

Horner sendromu bulgular! mevcut olan hastaya ayrintili deger- 
lendirme amaciyla toraks bilgisayarll tomografi (BT) ¢ekildi. Sol 
akciger apikoposteriorda birinci ve ikinci kosta ile birlikte, bi- 
rinci torakal vertebray! invaze eden ve vertebral kanali daral- 
tan kitle gézlendi. Pozitron emisyon tomografisinde (PET-BT) 
kitlede yiiksek florodeoksiglukoz (FDG) tutulumu izlendi (SUV- 
max:10,8) (Resim 1). BT esliZinde tru-cut biyopsi alindi, spesifik 
tani elde edilemedi. 

Video yardimli torakoskopi ile yapilan eksplorasyonda kitlenin 
birinci kot ve birinci torakal vertebray! invaze etmis oldugu g6- 
ruldi (Resim 2). Alinan biyopsinin histolojik incelemesi SP ile 
uyumlu raporlandi. Tim vicut kemik sintigrafisi normal olan ve 
kemik iliZi biyopsisinde patoloji saptanmayan hasta radyotera- 
pi planianmak tizere radyasyon onkolojisi klinigZine yonlendirildi. 


Resim 1. Toraks BT’de sol akciger tist lob gégtis duvari lokalizasyonunda kitle (A) 
ve PET-BT goriinttisii (B). 

Tartisma 

Horner sendromuna yol agan sempatik yolun hasarlanmasi en 
sik ikinci sira preganglionik liflerde ortaya ¢ikar. Bu lifler spi- 
nal korddan cikarak; birinci torasik sempatik ganglion ve infe- 
rior servikal gangliyonlar yoluyla superior servikal gangliyona 
uzanir. Bu alanda ganglionlar ile parietal plevra arasinda yalniz 


Resim 2. Peroperatif kitlenin gériinttisti; *sol akciger tist lob; **1.kot kitle. 


endotorasik fasya bulunur. Bu bélgedeki hasarlanmanin nedeni 
%90 malign bir tumoruin kompresyonudur [4]. Pancoast tumor, 
tuiberkiiloz ve travma bu durumun en sik nedenidir [5]. Hastami- 
zin basvurusunda Horner sendromu bulgulari vardi ve goruntu- 
lemesi malignite distindiirmistu. 

Gogus duvari timorlerinin %3’Gnu SP olusturur [3]. SP*nin 2 
turd vardir. Kemik tutulumu olan osse6z tipte agri; yumusak 
doku tutulumu olan ekstrameduller tipte ise kitle varligi 6n plan- 
dadir. Osse6z tip gelismekte olan multip! miyelom (MM) olarak 
kabul edilir. Ekstramediiler tipte ise MM gelisme orani diistik- 
tur ve daha iyi prognozludur [6,7]. SP daha erken yaslarda g6- 
ruliirken, MM 50-70 yas gurubunda daha siktir. Hastalar genel- 
likle gogiis duvarinda a@grili sislik yakinmasiyla basvururlar [3]. 
Tani asamasinda, 4 santimetreden ktcik kitlelerde eksizyonel; 
daha biiyiik kitlelerde insizyonel biyopsi 6nerilmektedir [8]. ince 
ine aspirasyon biyopsisi (iiAB) de tant icin kullanilabilir. Agar- 
wal ve ark. [9] 226 kemik tiimortinde IiAB’yi degerlendirdikleri 
serilerinde, islemi %86 duyarli %95 6zgiil olarak bildirmistir. Bi- 
zim hastamuizda IiAB ve tru-cut biyopsi ile spesifik tani elde edi- 
lemedi. 

Tant icin uygun histopatolojik bulgular esliginde, kemik iligi bi- 
yopsisinde patoloji saptanmamali ve radyolojik olarak baska bir 
yerde lezyon bulunmamalidir [2,6]. Hastamizda ek tutulum yok- 
tu ve kemik iligi biyopsisi normaldi. 

Tedavide radyoterapi, iyi lokal kontrol sagladigindan standart 
tedavi yontemi olarak kabul edilir. Lokal kontrolii saSlama orani 
%87-96 olarak bildirilmistir Cerrahi eksizyon, genellikle tama- 
men cikarilabilecek iyi sinirli lezyonlarda ve patolojik kiriklarin 
tedavisi veya 6nlenmesi amaciyla yapilir [7,8,10]. 

Uzun dénem sagkalimda MM gelisip gelismemesi 6nemlidir 
[8,10]. Bataille ve ark.[2] SP tanili 114 olguyu i¢geren serilerinde 
10 yillik takipte hastalarin %85’inde nuks gelismistir. Olgularin 
%58’inde MM, %12’sinde lokal nuks, %15’inde ise farkli alanda 
soliter lezyon ortaya cikmistir. Lokal niikslerin 5 santimetreden 
daha buytk lezyonlarda daha sik oldugu ve %82’sinde spinal tu- 
tulum varligi bildirilmistir [2,7]. 

Gogus duvarinin primer malign tUmorleri arasinda nadir olarak 
plazmositoma rastlanmaktadir. Bu olgular ek tutulum agisindan 
ayrintill olarak degerlendirilmelidir. Niks ve multiple myeloma 
dontisme orani yiiksek oldugundan yakindan takip edilmelidir. 
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Ozet 

Agir kombine immiin yetmezlik (AKIY) T lenfosit, B lenfosit ve bazen dogal éldi- 
rucii (NK) hiicrelerin farkli genetik defektlerle fonksiyonlarinda bozukluklarla ka- 
rakterize, yasamin ilk aylarindan itibaren ciddi enfeksiyonlarla kendini gosteren, 
primer immiin yetmezlik hastaligidir. Adenozin deaminaz (ADA) eksikligi, ADAin 
toksik metabolitlerinin neden oldugu agir lenfopeni ve immiin yetmezlikle seyre- 
den bir AKIY cesitidir. Profilaktik antimikrobiyal tedavi, intravenéz immunoglobulin 
(IVIG) ve enzim replasmani gecici diizelmeler saglayabilse de kemik iliZi transplan- 
tasyonu (KIT) giiniimiizde tek ktiratif tedavi yontemidir. Erken dénemde, hastala- 
rin ciddi enfeksiyonlar ve organ hasari gelismeden tani almasi ve pediatrik immi- 
noloji merkezlerine gonderilmesi prognoza 6nemli élciide katki saglar. Burada ye- 
nidogan déneminde cilt renginde koyulasma ve agir enfeksiyonlarla basvuran, kar- 
des dliimti ve aile 6ykiisti olan, yapilan incelemeler sonucu ADA enzim aktivitesinin 
yoklugu ve ADA geninde ekson 8’de homozygous Q246X (c.736C>T) nonsense mu- 
tasyon saptanan AKIY’li iki kuzen olgu, nadir gériilen mutasyona ve hastaligin olus- 
turdugu pediatrik acil duruma dikkat cekmek amaciyla sunuldu. 
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Abstract 

Severe Combined Immune Deficiency (SCID) is a primary immune deficiency dis- 
order manifested with severe infections upon first months of life, which is char- 
acterized by diverse genetic defects in T and B lymphocyte functions and oc- 
casionally in NK cells. ADA deficiency is a form of SCID progressing with severe 
lymphopenia and immune deficiency caused by toxic metabolites of ADA. Bone 
marrow transplantation (BMT) is the only curative treatment although prophylac- 
tic anti-microbial therapy, intravenous immunoglobulin (IVIG) and enzyme replace- 
ment can achieve transient improvements. Early diagnosis before development of 
severe infections and organ injury and referral to pediatric immunology clinics will 
make considerable contributions to prognosis. Here, we presented 2 cousins with 
SCID who had positive family history with deceased sibling; presented with tan- 
ning at skin, severe neonatal infections and Q246X (c736C>T) non-sense muta- 
tion in exon 8 in ADA gene in order to emphasize this rare mutation and pediatric 
emergencies associated with this disorder. 
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Giris ve Amag 

Kombine immiin yetmezlik (KiY) farkli genetik nedenlere bagli 
olarak lenfositlerin gelisiminde ve fonksiyonlarinda bozukluklar- 
la karakterize pediatrik bir acildir [1]. Etkilenen cocuklar yasa- 
min ilk aylarindan itibaren ciddi enfeksiyonlara yatkindirlar, te- 
davi edilmezlerse kaybedilirler [1]. KiY’in insidansi degismekle 
birlikte 1/50.000-1/100.000 olarak tanimlanmaktadir. Bu has- 
talik defektlerin 6zelliZine gére yalnizca T lenfositler (T-B+NK+), 
T lenfosit ve natural killer (NK) hucreleri (T-B+NK-), T ve B len- 
fositleri (T-B-NK+) veya T ve B lenfosit yanisira NK hicrelerini 
de (T-B-NK-) etkileyebilmektedir [2]. Hem hiicresel hem de hu- 
moral imminitenin etkilendigi immin yetersizlikler agir kombi- 
ne immiin yetmezlik (AKIY) olarak tanimlanir. Adenozin deami- 
naz (ADA) eksikliZinde deoksi adenosine triphosphate (dATP) ve 
S-adenozil homosistenin gibi yikselmis lenfotoksik metabolit- 
lerin direkt veya indirekt yollarla lenfosit apopitozunu artirdigi 
gozlenir [3]. Dolasimdaki T ve B hicrelerinin dogustan yoklugu 
veya progresif azalma s6ézkonusudur. NK hucre gelisiminde de 
belirgin bozukluklar gézlenmektedir. Ayrica serum imminglobu- 
linlerinde (lg) progresif azalma vardir. 

ADA gen 32 kb genisliZinde, 12 ekson igeren 20. kromozom 
uzerinde kodlanan bir gendir [4] Su ana kadar bu gen Uzerin- 
de 70’den fazla mutasyon bildirilmistir [3]. Mutasyonlarin cogu 
missense mutasyon (%63), daha az olarak da splicing mutas- 
yon (%18), delesyon mutasyonu (%13) ve nonsense mutasyon- 
lar (%6) goézlenir [3]. Bu makalede yenidoZan déneminde cilt 
renginde koyulasma ve agir enfeksiyon sikayetleri ile basvuran, 
ADA enzim aktivitesinin olmadigi ve ADA geninde ekson 8’de 
homozygous Q246X (c.736C>T) nonsense mutasyon saptanan 
AKIY'li iki kuzen olgu nadir gézlenen mutasyona ve hastaligin 
olusturdugu pediatrik acil duruma dikkat gekmek amaciyla su- 
nuldu. 


Olgu Sunumu 1 

Dogdugundan beri emmeme ve huzurluk sikayeti olan 15 gun- 
luk erkek hasta, atesinin yikselmesi ve cilt renginde koyulasma 
olmasi izerine basvurdu (Resim 1). AKIY nedeniyle 7 aylik iken 
kardes kaybi 6ykiisiinun oldugu 6grenildigi. Ebeveynler arasinda 
3. dereceden akrabalik mevcuttu. Fizik bakisinda; agirlik: 3000gr 
(50p), boy: 50cm (25-50p), bas ¢evresi: 35cm (25-50p), ates: 
39 °C (aksiller) idi. Tum vicudunda yaygin hiperpigmentasyon 
ve dinlemekle akcigerlerinde krepitan raller duyuldu. Laboratu- 
var incelemesinde; lokosit/lenfosit sayisi: 2300/640 mm idi ve 
akciger grafisinde timus gdlgesi izlenmedi. Kardesinde immun 
yetmezlik nedeniyle dliim oykiisiniin olmasi, Ig, T ve B lenfosit 
oranlarinda diisiikltik bulunmasi nedeni ile AKIY diisiiniildii (Tab- 
lo 1). Hiperpigmentasyonuna yonelik bakilan kortizol, ACTH ve 
17-OH progesteron degerleri normal sinirlarda idi. Enfeksiyo- 
nu uygun antibiyotiklerle tedavi edildi, intravenéz imminglobu- 
lin (IVIG) verildi. ADA enzim aktivitesi calisilan hastada ADA di- 
zeyi O nmol/h/mg (26 + 10) olarak dlgiildi ve enzim replasman 
tedavisine baslandi. Genetik analizinde ADA geninde exon 8’de 
homozygous Q246X (c.736C>T) nonsense mutasyon saptandi. 
izleminde haploidentik kemik iliZi nakli (KIT) yapilan olgu KIT 
yapildiktan sonraki 6. ayda sepsis ve solunum yetmezligi nede- 
niyle kaybedildi. 


ae 
AX S 


Resim 1. Olgunun tim viicudunda gézlenen pigmentasyon artis!. 


Tablo 1. Olgularin Laboratuvar Ozellikleri 


Olgu 1 Olgu 2 
IgA (mg/dL) <6.6 (15-52) <6.6 (15-52) 
IgG (mg/dL) 310 (470-970) 537 (470-970) 
IgM (mg/dL) 16.9 (41-139) 16.9 (41-139) 
IgE (iu/mL) 17.3 (0-100) 17.2 (0-100) 
CD45 (%) 86.9 (88-100) 77.4 (88-100) 
CD3 (%) 2 (60-85) 8,1 (60-85) 
CD4 (%) 1.2 (29-59) 7,9 (29-59) 
CD8 (%) 0.6 (19-48) 0 (19-48) 
CD19 (%) 7 (11-16) 9,7 (11-16) 
NK (%) 29.6 (5-20) 23,7 (5-20) 
ADA diizeyi (nmol/h/mg) 0 (26 + 10) 0 (26 + 10) 
dAXP diizeyi (%) 68.5 (<1) 


Ekson 8.c.736C>T 
(Q246X) nonsense 


Ekson 8.c.736C>T 
(Q246X) nonsense 


Mutasyon 


Ig: immtinglobulin, ADA: adenozin deaminaz, dAXP: deoksiadenozin, 


Olgu Sunumu 2 

18 giinluk kiz hasta, ates ve cilt renginde koyulasma nedeni ile 
basvurdu. Oykiisiinden 52 giinliik inutero ex kardes dliim 6ykil- 
sii ve kuzeninde ADA eksikligi oldugu 6grenildi (Resim 2). Ebe- 
veynler arasinda 3. dereceden akrabalik vardi. Fizik bakisinda; 
agirlik: 2800gr (10-25p), boy: 48cm (25-50p), bas cevresi: 34cm 
(25-50p), TA: 80/65 mmHg, ates: 38.5 °C (aksiller) idi. Solunum 
sayisi 54/dk, belirgin solunum sikintis! ve dinlemekle her iki ak- 
cigerde yaygin ince raller duyuldu. Laboratuvar incelemesinde; 
Hb: 15.2 g/dl;, l6kosit/lenfosit sayisi: 1600/780 mm3, trombo- 
sit sayisi:185000 mm olup hiperpigmentasyonuna yonelik ba- 
kilan kortizol, ACTH ve 17-OH progesteron degerleri normal si- 
nirlarda idi. PA akciger grafisinde timus gélgesi izlenmedi (Re- 
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sim 3). lg, T ve B lenfosit oranlarinda diisiklik bulunmasi nede- 
ni ile AKIY diistiniildii (Tablo 1). Aile éykiisti oldugu icin ADA en- 
zim aktivitesi ¢alisilan hastada ADA aktivitesi olmadigi i¢in en- 
zim replasmanina baslandi. ADA geninde exon 8’de homozygo- 
us Q246X (c.736C>T) nonsense mutasyon tespit edildi. Enfeksi- 
yonuna yonelik uygun antibiyotik tedavisi ve IVIG verildi. KIT ya- 
pilmasi planlandi. Ancak aspirasyon pnémonisi ve solunum yet- 
mezligi nedeniyle hasta kaybedildi. 


Resim 2. Olgularin soyagaci. 


Resim 3. Akciger parankimi normal ancak secilemeyen timus gélgesi. 


Tartisma 

ADA eksikligi otozomal resesif gecislidir ve ttim KiY’lerin %10- 
20’sini olusturur [3]. Genellikle hastalara 6 ay civarinda tani ko- 
nur. Enzim replasmani ve KIT yapilan hastalarda yasam stire- 
si uzayabilir. Olgularin yaklasik %20’sinde rezidii immiin fonksi- 
yonlar nedeniyle hastaligin baslangici ge¢ ¢ocuklukta ve eriskin 
yaslarda goézlenerek ilimli fenotipe yol agmaktadir. Ayrica bazi 
saglikli gocuklarda ve eriskinlerde taramalar sirasinda kismi 
ADA eksikligi tespit edilmistir. Genis klinik ve mutasyon spektru- 
mu nedeniyle baslangi¢ yasi, semptomlarin agirligi ve progno- 
zu degisken olan olgular bildirilmistir [5]. Bizim olgularimiz ADA 
enzim aktivitesinin tamamen yoklugu ve AKIY nedeniyle yasam- 
larinin ikinci haftasinda tani almistir. 

Humoral ve hiicresel immunitenin agir bozuklugundan ileri ge- 
len bu hastalikta kronik diyare, inat¢i oral kandidiasis, pnémo- 
ni, kronik otitis media, deri enfeksiyonlari, sepsis gibi etkenle- 
ri bakteri, virtis, mantar ve parazit olabilen enfeksiyonlar gort- 
lur. Agir ve tekrarlayan firsatg! enfeksiyonlarin yanisira, gelis- 


me geriligi, norolojik bozukluklar, isitme anormallikleri, akciger 
ve karaciZerde anormal bulgular ve iskelet displazileri gézlen- 
mektedir [3]. Bizim olgularimizda enfeksiyon bulgularinin yani 
sira ciltte hiperpigmentasyon gozlendi. Literatiir incelendiginde 
ADA eksikligi ve hiperpigmentasyonun birlikte gériildgui baska 
olguya rastlanmadi. 

ADA eksikliZi olan olgularda T ve B lenfosit fonksiyonlarinda ve 
NK hiicre say! ve fonksiyonlarinda bozukluklar gésterilmistir. 
Serum lg dizeyleri diistiktur ancak anneden gec¢en IgG nedeniy- 
le ikinci olgumuzda oldugu gibi ilk 4-6 ay serumda IgG dizeyleri 
normal olabilir. Ayrica her iki olgumuzda da heniiz NK hicre sa- 
yilarinda azalma gozlenmemistir. 

ADA gen Uzerinde 70’den fazla mutasyon bildirilmistir, mutas- 
yona ugramis ADA allellerinin yaklasik yarisi kisiye 6zel, hetero- 
alleliktir ve tek bir ailede gézlenir [6]. Mutasyon i¢gin homozigot- 
luk akraba evliligi ya da ortak bir cografi koken ile iliskilidir. Bir 
calismada 50 hastada bakilan mutasyonlarda en yaygin olanlar1 
R211H (%11) and G216R (%13), daha nadir olanlar ise her biri 
%5-7 sikliginda L107P, R156H, A329V ve 955del5 mutasyonla- 
ridir [6]. Ebeveynlerinde akraba evliligi 6ykiisi olan her iki olgu- 
muzda da nadir gdzlenen homozygous Q246X (c.736C>T) non- 
sense mutasyon tespit edildi. 

Hastaligin tedavisinde polietilenglikol (PEG)-ADA enzim yerine 
koyma, human ldékosit antijen (HLA) uyumlu KIT ve ADA cDNA 
gen tedavisi esastir [7]. Her iki olguya da PEG-ADA baslandi, bi- 
rinci olguya KIT yapildi ancak KiT sonrasi 2. Ayda, ikinci olgu ise 
KIT yapilamadan kaybedildi. 

AKiY’lerin erken taninmasi enfeksiyonlarin azaltilmasi, kompli- 
kasyonlarin 6nlenmesi, yasam kalitesinin arttirilmasi, genetik 
danismanlik ve yasamin devam1 icin gereklidir [8]. Burada yeni- 
dogan déneminde agir enfeksiyon ve cilt renginde koyulasma ile 
basvuran, kardes dliimii ve aile 6ykUsii olan, yapilan inceleme- 
ler sonucu ADA eksikligi ve ADA geninde nadir gorilen bir mu- 
tasyon saptanan AKiY'li iki kuzen olgu bu hastaligin olusturdugu 
pediatrik acil duruma dikkat ¢ekmek amaciyla sunuldu. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

Rinoserebral mukormikoz, mortalitesi yliksek, nadir gériilen invazif bir fungal in- 
feksiyondur. Siklikla diyabetik ketoasidoz, yiiksek doz kemoterapi gerektiren he- 
matolojik malignite, AIDS, organ transplantasyonu ve hemodiyalizle iliskili ola- 
rak ortaya cikar. Bas agrisi, istahsizlik, yanakta agri, sislik, uyusma sika-yetleriyle 
basvuran 64 yasinda diyabetik hastaya, rinoserebral mukormikoz tanisi konulmus- 
tur. Bu olguda son derece mortal seyredebilen rinoserebral mukormikoz olgulari- 


na dikkat cekmek amaclandi. 
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Abstract 

Rhinocerebral mucormycosis is a rare, invasive fungal infection with high mortal- 
ity. It is frequently associated with diabetic keto-acidosis, hematologic malignan- 
cies receiving high-dose chemotherapy, HIV infection, organ transplantation and 
hemodialysis. An 64 year-old diabetic female presenting with headache, loss of 
appetite, pain, swelling, numbness in cheek was diagnosed as rhinocerebral mu- 
cormycosis. In this case, can be extremely mortal was to draw attention to cases 


of rhinocerebral mucormycosis. 
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Giris 

Mukormikoz Mucorales takimi kif mantarlarindan Mucor, Rhi- 
zopus veya Absidia’nin olusturdugu organ tutulumu ile karakte- 
rize invaziv fungal bir infeksiyondur. insan nazal ve bogaz flora- 
sinda, toprakta, ¢urlimUs ekmek ve meyvelerde saprofit olarak 
bulunur. Cevreden inhalasyon yolu ile alinan sporlar, huicresel ve 
humoral savunma mekanizmalari hastalik veya immiinsiipresan 
tedavi nedeniyle baskilanmis kisilerde burun veya paranazal si- 
nuslerde yerleserek enfeksiyona sebep olurlar [1-2]. 

Ozellikle kontrol altina alinamamis diyabet, hematolojik malig- 
niteler, uzun siireli immiinostipresif veya kortikosteroid tedavi, 
baslica predispozan fakt6r-lerdir. Akciger, deri, gastrointestinal 
sistem, santral sinir sistemi tutulumlari ve nadiren dissemine 
formda gortlebilmektedir fakat en sik rinoserebral tutulum ola- 
rak karsimiza gikmaktadir [3]. 

Diabetik hastalarda en sik rinoserebral mukormikoz goriiliir- 
ken hematolojik maligniteli ya da kemik iligi nakli yapilan not- 
ropenik hastalarda rinoserebral veya pulmoner; malnutrisyonlu 
hastalarda ise gastrointestinal form daha sik goriilebilmektedir 
[1]. Nadir gérilen ve tanisi giigliikle konulmasina ragmen erken 
tan! ile prognozu iyi seyreden bir olgu ile erken tani, ayirici tan! 
ve tedavinin prognoz ac¢isindan 6nemi vurgulanmaya ¢alisildi. 


Olgu Sunumu 

64 yasinda bayan hasta, bas a@risi, istahsizlik, sag yanakta agri, 
sislik ve uyusma yakinmalariyla basvurdugu diger bir hastane- 
de fasial paralizi tanisiyla yatis! yapiImis ancak hastanin yatisi- 
nin 2. gUniinde sikayetlerinde artma olmasi Uzerine hastanemi- 
ze sevk edildi. Hastanin 6zgecmisinde; hipertansiyonu, tip 2 di- 
yabeti ve tiroidektomi operasyonu oldugu 6grenildi. Fizik mua- 
yenesinde viicut sicaklig1 36,7°C, nabiz 98/dakika TA 180/100 
mmbg idi. Fizik muayenesinde sag yanak ve molar diste has- 
sasiyet burun sag nazal kavitede kenarinda hemorajik, ekimo- 
tik, tabani nekrotik lezyonlar, nazal pasajda sag yarisinda siyah 
krutlanma, sag periorbital deme bagli gérme problemleri sap- 
tanmasi disinda 6zellik yoktu.(Resim 1) 


Resim 1. Orta konkay! tutmus mukormikoz endoskopik géruntiisti 


Laboratuvar incelemelerinde; lokosit 23600/mm?, CRP 141 
mg/L, glukoz 291 mg/dl, sodyum 130 mmol/It, olmasi disinda 
ozellik saptanmadi. 

Apseye yonelik istenen yiizeyel doku ultrasonografisi normaldi. 
Hastanin to-mografisinde; sfenoid sinus, frontal siniis, etmoid 
hava hiicreleri sag yarisinda ve sag maxiller siniiste havalanma 
kaybina neden olan yumusak doku dansiteleri izlendi. (Resim 2) 


Resim 2. Hastanin tomografik gortinttisu 


Kranial manyetik rezonans goriintiilemesinde (MRG) de; peri- 
supraventrikiiller diizeyde beyaz cevherde iskemik-gliotik odak 
ile uyumlu sinyal degisikligi izlendi. Sag maxiller sinste, sfe- 
noid siniis sag yarida ve etmoid hava hiicrelerinde mukozal ka- 
linlasma mevcuttu. Hasta bu bulgularla mukormikoz ontanisty- 
la enfeksiyon hastaliklarina konsilte edilerek yatisi yapildi. Kli- 
nik olarak mukormikoz distinulerek hastaneye yatirilan hasta- 
ya ampirik piperasilin tazobaktam ve lipozomal amfoterisin B 
intravendz (AmBisome® GILEAD, Cambridge, England 5 mg/ 
kg/guin) baslandi. Yattig! serviste Kulak Burun Bogaz(KBB) ve 
Noroloji tarafindan konstilte edilen hastanin burun kiltiirtinde 
S.aures kolonizasyonu gorildi. 

Hastaya KBB tarafindan endoskopik sinus cerrahisi ile sag et- 
moidektomi, sag maxiller ve orta nekrotik dokularin debritma- 
ni yapildi. Postoperatif dénemde periorbital 6dem hizla geriledi 
ve genel durumu duzeldi. Lokal iyilik hali 5. hafta kabul edilirken 
ambisome 6. haftaya tamamlandi. Alinan biyopsi materyalinden 
rhizopus spp Uredi. Alinan dokularin histopatolojik incelemesin- 
de nekrotizan inflamasyon ve mantar yapilari(hifa ve sporlari) 
gozlenmesi ile mukormikozis tanis! kondu. Antifungal tedavinin 
14. gintinde kontrol yara yeri kiilturiinde kiif ve bakteri iremedi. 


Tartisma 

Mukormikozun diabetik hastalarda daha sik gériilmesinin nede- 
ni olarak bu hastalarda transferrinin demir baglama kapasitesi- 
nin azalmasina ve mantarlarin serumdaki demiri daha kolay kul- 
lanarak daha cabuk Ureyebilmesi olarak diistiniilmektedir. Ayri- 
ca ketoasidozda mantar tremesi hizlanmakta, mantar gogaldik- 
¢a daha fazla vaskiller invazyon yaparak iskemiyi ve dolayisiyla 
asidozu artirmaktadir [4]. 

Nithyanontan ve ark. tarafindan 1992-2000 yillari arasinda 34 
hasta, Khor ve ark. tarafindan 1988-2003 yillari arasinda 21 
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hastada mukormikoz tanisi bildirilmistir. Herhangi bir yasta or- 
taya cikabilir ancak 2 farkli literatiirde ortala-ma yas olarak 34 
ve 54 olarak bulunmustur [5-6]. Bizim olgumuzda 64 yasindaydi. 
Hastamizda literatirle farkli yas gubunda gériilmesinin sebebi 
olarak somut bir neden tespit edilememistir. 

Rinoserebral mukormikoz, damak veya sinuslerde nekrozla bas- 
lamakta sonrasinda orbita ve beyin dokularina ulasmaktadir. 
Yayilim, nekroza bagli olarak dogrudan veya ¢gevre damarlar- 
dan emboliyle gergeklesmektedir. Hastalar genellikle yiiz ve bas 
agrisi, ates, yumusak dokularda seliilite bagli sisliklerle basvur- 
makta ve nekroza bagli olarak damak ve burunda siyah renk- 
li krutlar goriilmektedir [2]. Hastamiz istahsizlik, bas agrisi, yuz 
yarisinda uyusma ve nazal kavitede krutlanmis siyah lezyon ya- 
kinmasiyla basvurmus, bu bulgularla mukormikoz 6n tanisi al- 
mistir. Kesin tani i¢gin supheli nazal ve/veya oral mukozal lez- 
yonlardan derin biyopsi 6rnegi alinmalidir. Taze doku 6rnekle- 
ri histopatolojik ve mikrobiyolojik yontemlerle incelemesi sonu- 
cu mukormikoz tanis! konulmaktadir [7]. Bizim olgumuzda ke- 
sin tani biyopsi orneginin histopatolojik incelemesi sonucu ko- 
nulmustur. 

Enfeksiy6z ajanin hifleri, arterler, lenfatikler ve sinirlere dogru 
buytiyerek genislemektedir. Fungusun 6zellikle arterlere yiiksek 
afinitesi vardir ve olusturdugu fibrin reaksiyonu ile tromboza yol 
acarak hedef dokuda iskemi ve infarkta sebep olmaktadir. Bu 
infarkt nedeniyle siyah, nekrotik skarlar gériilmektedir. Siyah, 
nekrotik, oral veya fasiyal skarlar sadece %19 hastada erken 
donemde gorilirken, ileri evrelerde gériilme orani %38'dir [6]. 
Bizim olgumuzda da siyah skar dokusu saptandi ve biyopsi ile 
kesin tani konuldu. Vaskiler okliizyon ayrica asidik ortam olus- 
turarak, fungusun biiylimesi icin uygun ve IV antifungal ajanlara 
karst koruyucu olan bir alan ortaya ¢ikar [6,8]. Bu durumda olgu- 
muzda oldugu gibi sadece iv antifungal ajan kullanimi yeterli ol- 
mamakta, cerrahi debridman 6nem kazanmaktadir. 
Rinoserebral mukormikoz tedavisi, infekte dokularin radikal cer- 
rahi debridmani ve sistemik olarak yiiksek doz amfoterisin B 
uygulanmasini igermektedir. Tedavi suresinin klinik yanita gore 
ayarlanmasi gerekmekte ve bu yanit en az 6-10 haftada alin- 
maktadir [3]. Bizim olgumuzda da lokal iyilik hali 5. hafta kabul 
edilirken ambisome 6. haftaya tamamlanmistir. 

Erken tan! yasam sansini anlamli olarak arttirdigi goriilmustir. 
Alti giin iginde tedaviye baslanan hastalar arasinda sagkalim 
oran! %76-81 iken, 12 giinden fazla geciken tedavide sagkalim 
oran! %36-42’ye gerilemektedir [5]. Bizim olgumuz da cerrahi 
debridman ve amfoterisin B tedavisiyle tamamen iyilesmistir. 
Erken tani ve antifungal tedaviyle birlikte cerrahi debridman, 
mortaliteyi azaltmada 6nemli rol oynamaktadir [9]. 


Sonu¢ 

Mukormikoz nadir ancak siklikla dliimctl seyreden, invaziv bir 
fungal infeksiyondur. Erken tani ve yerinde tedavi ile sonu fe- 
tal olan bu hastalik onlenebilir veya yasam suresi uzatilabilir. Bu 
yuzden risk gruplari dikkatle izlenmelidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi! ve finansman destek alindigi be- 
yan edilmemistir. 
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6zet 

Epidermoid kistler, testiste oldukca nadir gériilen ve patogenezi hala tartisma- 
lt olan benign lezyonlardir. Olgu, 39 yasinda testikiiler epidermoid kisti bulunan ve 
testis koruyucu cerrahi uygulanan hastadir. Patogenezi, tanisal kriterleri, ayirici ta- 


nisi ve tedavi alternatifleri tartisilmistir. 
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Abstract 

Epidermoid cysts are rare benign testicular lesions and pathogenesis are still 
controversial. In this case we presented a 39-year-old patient with testicular epi- 
dermoid cyst which testis-sparing surgery was performed. Pathogenesis, diag- 
nostic criteria, differential diagnosis and treatment options of the disease are 


discussed. 
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Giris 

Testiste gortilen epidermoid kistler tiim testis timorlerinin yak- 
lasik % 1’ini olusturmaktadir. Testisteki epidermoid kistler, na- 
dir goriilen benign tiimGrlerdir [1]. Histogenetik olarak epider- 
moid kistlerin orjini net olarak bilinmemektedir. Bununla ilgili 
2 farkli gorus vardir. Birgok patolog epidermoid kistleri malign 
6zelligi olmayan monodermal teratom olarak kabul etmektedir. 
Bir diger goriis ise; testisteki epidermoid kistlerin rete testisin 
veya seminifer tubuluslarin skuam6z epitelyuma metaplazisin- 
den kaynaklandigini ileri surmektedir. Epidermoid kistler genel- 
likle 2-4. dekatlar arasinda testiste ortalama 2 cm biiyikligun- 
de agrisiz palpabl kitle olarak belirti verirler [2]. 

Bu yazida testis koruyucu cerrahi yapilan 39 yasindaki erkek 
hastada saptanan epidermoid kist olgusu sunulmustur. 


Olgu Sunumu 

39 yasinda erkek hasta yaklasik 10 giin Once ani baslayan her 
iki kasik agrisi sikayeti ile 6zel bir hastaneye basvurmus ve ya- 
pilan skrotal USG ‘de sag testiste kitle oldugu soylenerek klini- 
gimize yénlendirilmis. Hastanin yapilan fizik muayenesinde sol 
testisin normal oldugu ve sag testis inferiorda yaklasik 1,5 cm 
¢apli sert ve agrisiz kitle oldugu saptandi. Klinigimizde yapilan 
skrotal USG’de sag testis lateral inferiorda 16x14 mm boyut- 
ta diizgiin sinirli, cidarinda hipoekoik kalsifikasyonlar igeren so- 
gan kabugu (onion skin) géruniimunde intratestikiller kistik kit- 
le tespit edildi (Resim 1). Hastanin AFP ve B-HCG degerleri nor- 


Resim1. Sag testis lat. inf.da kitlenin USG gériintiisil. 


mal sinirlardaydi. Hastaya tiimor 6n tanisiyla yliksek inguinal 
eksplorasyon uygulandi. Sag testis alt polde yaklasik 1,5 cm lik 
kitle palpe edildi. Hastanin fizik muayene, USG ve tim6r belir- 
leyicileri g6z 6niinde bulundurularak enukleasyon ve frozen in- 
celeme icin patoloji klinigine g6nderilmesine karar verildi. Sper- 
matik kord duktus deferens ayristirilarak ezmez klemple klemp- 
lendi. Tunika albuginea acilarak kitle saglam parankim dokusu 
ile birlikte disseke edildi ve frozen génderildi. Frozen sonucu- 
nun malignite yoniinde negatif gelmesi Uzerine isleme son ve- 
rildi. Kitlenin daha sonraki patolojik incelemesinde mikroskopik 
olarak, graniler tabakasi belirgin keratinize skuaméz epitel ile 
doseli, kalsifiye fibroz duvarli cidara sahip kistik lezyon izlendi. 
Kist igerisinde ve etrafinda teratomat6éz eleman gortilmedi (Re- 
sim 2). Cevre testiste 6zellik saptanmadi ve bu bulgularla has- 
taya testiste epidermoid kist tanis! konuldu. 


Tartisma 

Testikiiler epidermoid kistler, histogenezi hala tartismali olan 
benign lezyonlardir ve malign potansiyel tasiyan dermoid kist 
ve teratomlardan ayirt edilmelidir. Epidermoid kistler, dermoid 
kistlerden cok katli yassi epitelle iliskili deri eklerini igermemesi 
ve teratomlardan cok katli yassi epitel disinda diger germ hiicre 
tabakalarini igermemesi ile ayrilabilir. Ayni zamanda epidermo- 
id kistlerde asagidaki kriterlerin bulunmasi mutlaka gereklidir. 
Bunlar; kist testis parankimi iginde yer almali, amorf materyal 
igermeli, kist duvari fibr6z dokudan olusmali, teratomat6z ele- 
manlar liimende, kist duvar! veya yakin parankiminde bulunma- 
mali, kist duvari tunika albugineadan ayri olmalidir [3]. 
Ultrasonografi testikuler kitlenin varliginin dogrulanmasi ve 
diger testisin de kontrol edilmesi icin gerekli bir tanisal yon- 
temdir. Ultrasonografinin intratestikiler kitlelerde sensitivitesi 
%90’'nin uzerindedir ve kitlenin intra veya ekstratestikiler oldu- 
gu konusunu belirlemek icin 6nemli bir rol oynar. Ancak enfarkt, 
orsit, atrofi, hematom ve benign tumor gibi bazi benign olay- 
lar tumor ile karisabildiginden USG’nin spesifitesi daha diisuk- 
tir (% 44.4). Bu yuzden aksi ispatlanana kadar tum intratesti- 
kiler kitleler malign kabul edilmelidir [4]. Epidermoid kistler; ult- 
rasonografik olarak keskin sinirll, oval ya da yuvarlak, hipoekoik 
goérilen fibr6z bir duvari bulunan ve hipo-hiperekoik konsantrik 
sogan zar! gorunimunde bir ring iceren kistlerdir [5]. Cerrahiden 
once testis ici kitlenin lokalizasyonu ve biytiklugu iyi degerlendi- 
rilmelidir. Testis tum6rintin multifokal olabilmesi nedeniyle ti- 
morden uzak bélgedeki kiigtik nodilleri tespit etmede USG ye- 
tersiz kalabilmektedir. Bu nedenle koruyucu cerrahi yapilacak ol- 
gularda USG’ye ek olarak T1 ve T2 agirlikli Magnetik Rezonans 
Goruintileme (MRI)’nin de yapilmasi 6nerilmektedir. MRI cerra- 
ha timor siniriyla ilgili givenli bir ortam hazirlamaktadir. T2 
agirliklt MRI’'da kitledeki yiksek sinyal dansitesi etrafinda diisuk 
sinyal dansitesinin kenarda gézlenmesi; T1 agirlikli MRI’da ise 
kontrast tutmamas! 6kiiz g6zii (bull eye) goriinimiinu verir ve 
bu epidermoid kist ya da benign teratom tanisi olasiligini kuv- 
vetlendirmektedir [6]. 

Prepubertal olgularda testis koruyucu cerrahi uygulanmaktadir. 
Cink cocukluk ¢agi testikiler neoplazmlarinin yaklasik % 30’u 
benigndir [7]. Eriskinlerde ise bazi kaynaklarda epidermoid kis- 
tin tedavisinde ultrason da dahil olmak Uzere preoperatif kesin 
tanis! mimkun olmadigindan karsi testiste normal ise radikal 
orsiektomi 6nerilmektedir [3]. 
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Buna karsit olarak son yillarda prepubertal olgularda oldugu 
gibi eriskin olgularda gortilen epidermoid kistlerde de fizik mu- 
ayene, epidermoid kist ile uyumlu USG bulgulari, normal tumor 
belirleyicileri ve bununla birlikte frozen sonucu da g6z oniinde 
bulundurularak testis koruyucu cerrahi 6nerilmektedir [2]. 
Sundugumuz olguda radyolojik gortintilemenin epidermoid kist 
ile uyumlu olmasi, normal AFP ve B-HCG diizeylerinin gozlem- 
lenmesi, tumor capinin kiigik olmasi ve frozen sonucunun ma- 
lignite yoniinden negatif gelmesi Uzerine testis koruyucu cerra- 
hi uygulandi. 

Testis koruyucu cerrahi yalnizca bilateral testis timorui ya da 
soliter testiste degil, diger testisin saglam oldugu durumlarda 
da yapilabilmektedir. Cinkii saglam testis travma, hastalik yada 
koinsidental testis timdrti nedeniyle zamanla kaybedilebilir. Ay- 
rica testis tumérii 6n tanisiyla radikal orsiektomi yapilan olgu- 
larin %31’nde nedenin benign tumér oldugu saptanmistir [8]. 
Sonug olarak; organ koruyucu cerrahi giiniimuizde orsiektomiye 
alternatif olarak bilateral testis tumériinde, soliter testis tum6- 
riinde, benign tiimorlerde uygulanabilir. 

Prepubertal dénemde oldugu gibi eriskinlerde de klinik ve rad- 
yolojik 6zellikler ile frozen inceleme sonuglar! g6z Oniinde bu- 
lundurularak testikiiler kitlelerde organ koruyucu cerrahi tercih 
edilebilir. Boylelikle gereksiz organ kaybinin 6nlenmesi saglan- 
mis olur. 


Cikar Cakismasi ve Finansman Beyani 
Bu galismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 


Kaynaklar 

1. Moghe PK, Brady AP. Ultrasound of testicular epidermoid cysts. Br J) Radiol 
1999;72(862):942-5. 

2. Heidenreich A, Engelman UH, Vietsch HV, Derschum W. Organ preserving sur- 
gery intestikular epidermoid cysts. J Urol 1995;153(4):1147-50. 

3. Ross JH, Kay R, Elder J. Testis spering surgery for pediatric epidermoid cysts of 
the testis. J Urol 1993;149(2):353-6. 

4. Passarella M, Usta MF, Bivalacqua TJ, Hellstrom WJ, Davis R. Testicular-sparing 
surgery: a reasonable option in selected patients with testicular lesions. BJU In- 
ternational 2003;91(4): 337-40. 

5. Docal I, Crespo C, Pardo A, Prieto A, Alonso P, Calzada J. Epidermoid cyst of the 
testis: a case report. Pediatr Radiol 2001;31(5):365-7. 

6. Chandak P, Shah A, Taghizadeh A, Tiptaft R, Dasgupta P. Testis-sparing surgery 
for benign and malignant testicular tumours. Int J Clin Pract 2003;57(10):912-3. 
7. Buckspen MB, Sheldan SC, Klotz PG, Pritzker KP. Epidermoid cysts of the testic- 
le. J Urol 1985;134(5):960-1. 

8. Valla JS. Testis sparing surgery for benign testicular tumors in children. J Urol 
2001;165(6):2280-3. 


How to cite this article: 
Barut O, Karakeci A, Ozan T, Firdolas F. Testicular Epidermoid Cyst and Testis Spa- 
ring Surgery. J Clin Anal Med 2014;5(suppl 4): 469-71. 


Journal of Clinical and Analytical Medicine | 471 


Superficial Temporal Artery: A Case Report 


Traumatic Dissecting Aneurysm of 


Yiizeyel Temporal Arterde Travmatik 
Diseksiyon Anevrizmasi: Olgu Sunumu 


Travmatik Diseksiyon Anevrizma / Traumatic Dissecting Aneurysm 


Ali Riza Gezici', Yasar Dagistan', Kamil Gurel?, Emine Dagistan?, Nezih Ozkan’ 


‘Neurosurgery, *Radiology, Abant Izzet Baysal University, Medical School, Bolu, Turkey 


Ozet 

Siiperfisial temporal arterin (STA) travmatik anevrizmalari ¢ok nadir olarak olu- 
sur. Burada, nadir goriilen ve kiint travmaya bagli olusan STAnin diseksiyon anev- 
rizmasi olgusunu sunduk. 22 yasinda erkek bir hasta sag temporal bélgede agrisiz 
ve pulsatil tek bir sislik seklindeki kitle ile basvurdu. Sekiz ay 6nce kafatasi’nda ki- 
rik olmaksizin sag temporal bdlge izerinde izole travmatik bir yaralanmasi mev- 
cuttu. STAnin travmatik anevrizmasi tanisi koyuldu. Anestezi altinda anevrizma 


komplet eksize edildi. 
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Abstract 

Traumatic aneurysms of the superficial temporal artery (STA) are a rare occur- 
rence. Here, we report a very rare case of dissecting aneurysm of superficial 
temporal artery caused by blunt trauma. 22 year man, admitted with a solitary 
painless, pulsatile swelling in the right temporal region. 8 mounts ago, he had 
closed head injury over right temporal region without a skull fracture. A traumatic 
aneurysm of the STA was diagnosed. Under anesthesia, the aneurysm was com- 


pletely excised. 
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Introduction 

Traumatic aneurysms (true or pseudo) of superficial temporal 
artery (STA) are a rare and most of the cases are caused by 
blunt trauma. Young men are predominantly affected. Symp- 
toms usually develop 2-6 weeks after the initial injury [1,2]. The 
pseudoaneurysms are more common than true STA aneurysm 
[2,3]. In the English literature, there was a single case published 
as a dissecting aneurysm in STA and it was reported as a spon- 
taneous dissecting aneurysm, not traumatic [4]. Most of the an- 
eurysms of STA are on the anterior branch; the proximal STA or 
its posterior branch is more rarely affected [5]. 


Case Report 

A 19-year-old gentleman presented with a solitary painless, 
pulsatile swelling in the right temporal region. 8 mounts ago, 
he had closed head injury over the right temporal region with- 
out a skull fracture. 2 months later the patient noticed gradu- 
ally growing, painless pulsatile mass in this region. Also, the 
mass expanded when the patient coughed or exercised. On the 
examination, the mass was well defined, pulsatile, non-tender 
and measured about 2 cm x 1 cm (Fig. 1). The pulsations in the 
swelling diminished when pressure was applied proximally over 
the STA. He was investigated with Doppler USG, CT with con- 
trast and selective external carotid angiography (ECA). Doppler 
USG confirmed the presence of blood flow and thrombus within 
the mass and diagnosis of the superficial temporal artery (STA) 
aneurysm (Fig. 2). ECA demonstrated a thrombosed 2-3 cm fu- 
siform aneurysm with 7-8 mm intimal dissection flap, both the 
true and pseudo lumen, arising from parietal branch of the right 
STA (Fig. 3a-b). 

Under local anesthesia, following the identification of the aneu- 
rysm and parent vessels with careful and meticulous dissection 
of the surrounding tissue, the proximal and distal parent vessels 
of the aneurysm were ligated; the aneurysm was completely 
excised (Fig. 4). Histologic examination exhibited the presence 
of intimal separation but there was no evidence of atheroscle- 
rosis. 


Discussion 

The mechanism underlying the development of an aneurysm 
is unknown but commonly is considered that injury leads to a 
dissection of the arterial wall. The pseudoaneurysm is charac- 


Fig. 1. Small pulsatile mass at the right temporal scalp (arrow) 


Fig. 2. Doppler view demonstrating thrombus and flow (red color) within the an- 
eurysm 


Fig. 2. Doppler view demonstrating thrombus and flow (red color) within the an- 
eurysm 


Fig. 3. The fusiform aneurysmal dilatation of parietal branch of superficial tem- 
poral artery (arrows) is seen on right external carotid artery injection image ob- 
tained in right oblique projection(A). The intimal flap is clearly seen within the 
fusiform aneurysmal dilatation of superficial temporal artery (arrow) on native 
image of right external carotid artery injection obtained in lateral projection (B). 


terized by complete or incomplete break in arterial wall, with 
subsequent hematoma formation. Eventually, lyses of the or- 
ganized hematoma results in a connective tissue sac which 
communicates with arterial circulation. This leads to ongo- 
ing pseudo aneurismal expansion. Whereas, the development 
mechanism of traumatic true aneurysms may be different; the 
vessel walls usually are weakened by a trauma, without a break 
in the wall. So, the true aneurysms are localized or diffuse arte- 
rial dilations that all the layers of arterial wall are intact [6]. 
Also, weaknesses in a vessel wall in true aneurysms may be 
congenital or associated with atherosclerosis [7]. In this case, 
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Fig. 4. View of the aneurysm excised. 


the trauma probably leads to injury the intimal layer and then 
separation of the intimal layer from the media. So, consisting of 
the fusiform aneurysm may be considered a pseudo aneurysm. 
These aneurysms may have visible or palpable pulsations as 
a consequence of a progressive dilatation of damaged arterial 
wall. But sometimes cause of complete thrombosis of the aneu- 
rismal sac, pulsations may be absent. Therefore, the differential 
diagnosis should be made from a sebaceous cyst, lymphade- 
nopathy, lipoma, arteriovenous fistula, simple haematoma, neu- 
roma of the supra orbital nerve or an abscess [2,8]. 

The time from injury to detection of aneurysm diagnosis is 
approximately 2-6 weeks [2,8]. The most common presenting 
symptom is a pulsatile, constantly increasing mass at the tem- 
poral-parietal region accompanied by a throbbing headache [9]. 
The history and physical examination supported by Doppler 
USG evaluation are often sufficient to make the diagnosis of 
STA aneurysms. Other imaging techniques such as CT with 
contrast, CT and MRI angiography may be necessary in cases 
where intracerebral aneurysms are suspected [5]. Also; conven- 
tional angiography may be reserved for diagnosis of more com- 
plicated cases or endovascular treatment. 

Although STA aneurysms have a relatively benign course, 
life-threatening hemorrhages also have been reported [7,10]. 
Therefore, when a STA aneurysm is diagnosed, surgery is rec- 
ommended. Accepted other indications for surgery are pain, 
rapidly increasing size and cosmetic problems. 

Superficial temporal artery aneurism treatment options may 
be divided into tree section; conservative approach, endovas- 
cular embolization and surgical excision. Intermittent compres- 
sion technique can be used for small aneurysms, but usually 
results in failure [11]. The endovascular techniques, in regions 
less accessible to surgical intervention can be used. Also direct 
embolic or thrombotic agent injection into the aneurysm is a 
simple method, but complications, such as an allergic reaction, 
risk of re-canalization, intravascular thrombosis, scalp necrosis 
and a distal ischemia have been reported. Currently, standard 
surgery remains the definitive treatment and includes ligation 
of the afferent and efferent vessels of STA, followed by lesion 
excision under local anesthesia [8]. Vascular supply is very rich 
in this area and therefore reconstructions of the vessels are not 
necessary. The standard surgical procedure is simple and effec- 
tive with no reported recurrences. 
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Gzet Abstract 

Propylthiourasil (PTU) hipertiroidi tedavisinde yaygin olarak kullanilmaktadir. PTU’ Propylthiouracil (PTU) is widely used in the treatment of hyperthyroidism and 
in hepatotoksik etkisi oldukca nadirdir ve mekanizmasi bilinmemektedir. Hepato- rarely leads to hepatotoxicity by an unknown mechanism. The hepatic damage 
toksik etkisi siklikla subklinik olmakla birlikte nadiren karaciger nekrozuna da yol caused by propylthiouracil is generally subclinical, but very rarely, it may be as- 
acgabilmektedir. Olgularin goZunda PTU’ nun kesilmesinden sonra karacigerin ta- sociated with severe liver injury and submassive hepatic necrosis. Although dis- 


mamen iyilesmesine ragmen, ender olarak ilacin kesilmesine ragmen karaciger continuing of the drug result in full recovery in most cases, hyperbilirubinemia and 


nekrozuna da neden olabilir. liver damage may increasingly continue in spite of discontinuation of the drug. 
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Introduction 

Propylthiouracil (PTU) is widely used in the treatment of hyper- 
thyroidism. Hepatotoxicity is seen 0.2-0.3 % at the patients us- 
ing thionamides, but actually the real incidence is unknown. He- 
patic damage seen in patients that use PTU is the mixed type in 
which both cytotoxic and cholestatic pattern seen together with 
elevated transaminase values. The pathogenesis of PTU hepa- 
totoxicity is unclear, but it’s thought to be an allergic response 
to the host [1]. The hepatic damage caused by PTU is generally 
subclinical. Very rarely PTU therapy may be associated with se- 
vere liver injury and submassive hepatic necrosis. But, in most 
cases, discontinuing of the drug result in full recovery [2]. How- 
ever, in spite of discontinuation of the drug, hyperbilirubinemia 
and liver damage may continue to escalate. In this case, treat- 
ment options and type of treatment is a controversial issue. 
We reported a treatment with steroids and radioactive iodine 
(RAI) for a case of Graves’ disease in a young female patient 
with progressively increased bilirubin levels from PTU, even af- 
ter discontinuation of the drug. 


Case Report 

An 18-year-old female patient with the complaints of palpita- 
tions, fatigue, insomnia, nervousness, tremor in hands, was di- 
agnosed with Graves’ disease after a work up 1.5 years ago and 
was put on PTU 300 mg/day, propranolol 50 mg/day. The liver 
function tests were normal, no jaundice and hepatitis episodes 
were seen and no alcohol or drug usage before the initiation 
of the drug therapy. At routine checks; AST: 186 IU/ml (10-37), 
ALT: 414 IU/ml (0-45), ALP: 218 IU/ml (30-120), GGT: 110 IU/ 
ml (10-60), total bilirubin: 2 mg/dl, direct bilirubin: 1.3 mg/dl 
was determined so drug was stopped. But, after 1 month, due 
to the recurrence of hyperthyroidism high-dose propylthiouracil 
(300 mg/day) treatment was started again (in another hospi- 
tal). The patient had a history in the next 6 months to start and 
stop PTU for a few more times in the same way. When referred 
to our clinic with mild jaundice, AST: 623 IU/ml, ALT: 942 IU/ 
ml, GGT: 69 IU/ml, albumin: 4.4 mg/dl total bilirubin 5.6 mg/dl, 
direct bilirubin: 4.75 mg/dl, prothrombin time (PT): 14 sec. were 
determined and she was admitted to the service. At the physical 
examination during the time of admission; Pulse: 70/min, blood 
pressure: 100/60 mm/Hg were determined. The patient’s skin 
was significantly icteric but there was no Graves ophthalmopa- 
thy and skin lesions. Both lobes of the thyroid were diffusely en- 
larged. Liver and spleen were not palpable. Not continued medi- 
cation during hospitalization, in spite of falling transaminases 
rather total / direct bilirubin levels remained high (AST: 84 IU/ 
ml, ALT: 195 IU/ml, GGT: 30 IU/ml, albumin: 4.2 mg/dL, total 
bilirubin: 14.6 mg/dL, direct bilirubin: 8.2 mg/dl). At the thyroid 


Table 1. Patient’s biochemical values 


function tests (as result of the influence of PTU), TSH: 0.14 IU/ 
ml (0.34-4.2) (FT3: 3.72 pg/ml (2.5-3.9), FT4: 1.36 ng/dl(0.7-1.4), 
Anti-TPO (+), anti-TG: (+). Thyorid hormone receptor antibody 
(TRab) colud not be performed because of financial reasons. 
Ultrasonography revealed a diffusely swollen thyroid with low 
echogenicity, thyroid blood flow inceased and nodule was not 
observed The repeated hepatitis virus serologies (HBsAg, hep- 
atitis B infection, HbeAg, antiHBc IgM, anti-HCV) were observed 
negative. Autoimmune hepatitis antibodies (ANA, AntidsDNA, 
AMA, LKM-1, Anti-SSA, anti SSB, Sm-antibody, ANCA, AntiJo, 
AntiSCL 70, Anti SM/RNP) were seen as negative. No pathology 
was observed at the repeated abdominal ultrasound imaging. 
With absolute resting AST/ALT levels didn’t rise over twice, but 
on the 23rd day of follow-up total/direct bilirubin rose up to 
26.0/12.7 mg/dl and GGT:42 IU/ml. During the hospitalization 
period, thyrotoxic situation of the patient is increased, surgical 
treatment was considered but given up as the surgery under 
anesthesia seemed to be risky. After these values, methyl pred- 
nisolone 60 mg/day treatment was started. On the next day af- 
ter the initiation of steroid was observed that total bilirubin and 
direct bilirubin were 25.7 mg/dl and 12.7 mg/dl, respectively. 
RAI treatment (high-dose 18 milliCurie) was performed to the 
patient after the second day of treatment with steroid therapy. 
In the following days, progressive improvement was seen in 
bilirubin levels and thyroid function tests. Steroid therapy was 
continued with tapering gradually in 3 months. Treatment with 
radioactive iodine maintained euthyroid state at the follow-up 
of patient. During follow-up within 1 year after the cessation of 
steroid therapy, all values were normal (Table 1). 


Discussion 
Graves’ disease (GD) is an autoimmune disorder in which an- 
tibodies activate the thyrotropin receptor (TSHR) causing a 
hyperfunction of the thyroid gland. This activation stimulates 
follicular hypertrophy and hyperplasia, leading to thyroid en- 
largement and increases thyroid hormone production. The three 
treatment modalities for Graves’ hyperthyroidism include the 
use of thionamides (antithyroid drugs: PTU, methimazol (MMI) 
and carbimazole), radioactive iodine (RAI) therapy or surgery. 
Patients in Australia, the UK and Europe are more likely than 
their North American counterparts to receive an initial course 
of thionamide therapy prior to the consideration of RAI. Sur- 
gery has the highest long-term remission rate (95%) but is not 
without risks [3]. 
PTU has been used widely in the treatment of hyperthyroid- 
ism. During the use of PTU, skin reactions, agranulocytosis, ar- 
thralgia, hepatotoxicity, vasculitis, sialadenitis, hypoglycemia, 
pancreatitis can be seen as the undesired side effects PTU is 
a derivative of thiourea, may cause hepatic 


damage and rarely cholestasis. Although the 
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after the initiation of drug therapy and improved after discon- 
tinuation of the drug. Once again, the development of toxic- 
ity after restarting the drug therapy, supports the drug-induced 
toxicity. Therefore, these patients should be monitored closely 
for hepatotoxicity. Hyperthyroidism itself can cause liver dys- 
function and mild enzyme elevation, jaundice is much less com- 
mon finding [5]. The height of bilirubin seen in our case, is con- 
tributed to hyperthyroidy, however, 2 times transaminase, ALP, 
GGT elevation seen under treatment with PTU, the recovery 
of findings after the treatment is stopped in the first reaction 
and determination of biochemical parameters compatible with 
mixed type hepatic damage supports that the elevation of se- 
rum bilirubin was induced by PTU. In this case, immediate PTU 
treatment discontinuation is needed. In our case patient was 
using 300 mg PTU and treatment was cut off. In the majority 
of cases, the support treatment seems to be useful, but sec- 
ondary complications of liver failure deaths can be seen up to 
25%. Therefore, early detection of fulminant hepatitis has great 
importance (<11 years and> 40 years of age), jaundice lasts 
more than 7 days, prolonged prothrombin time, encephalopa- 
thy, bilirubin level is high [6]. PTU- induced liver damage biopsy 
specimens with intracanalicular cholestasis and mild periportal 
inflammation were seen, but hepatocellular architecture pre- 
served in general [5]. Our patients scheduled for liver biopsy to 
determine the extent of the damage, but operation failed as the 
patient refused. 

Hanson recommended the following practical criteria for the di- 
agnosis of hepatitis caused by the use of drugs; 1-clinical and 
laboratory evidence of hepatocellular injury, 2-symptoms begin 
to be associated with drug therapy time, 3- serological evidence 
of HAV, HBV, CMV or EBV infection, 4- absence of conditions 
that can cause acute hepatic damage such as shock and sepsis, 
5- absence of chronic liver damage findings, 6-particularly the 
absence of other drugs used for the treatment known as hepa- 
totoxins [7]. 

In our case, there was no history about drug use, transfusion of 
blood or blood products. Our patient did not have a clinic ap- 
plication suggestive of liver disease, there was no situation that 
can cause acute hepatic damage as well. Clinical and laboratory 
findings of hepatocellular injury were present. In addition, anti- 
HCV and HCV-RNA were negative. No history of alcohol abuse or 
alcoholic liver disease was present. Serological studies of viral 
etiology were excluded. However, drug treatment was associ- 
ated with a temporary onset of symptoms. Also there was no 
use of any medication known as hepatotoxic. All these findings 
seem to be consistent with the criteria imposed by Hanson for 
the diagnosis of hepatitis caused by drugs [7]. 

As no specific treatment was given for hyperthyroidism promi- 
nence of thyrotoxicosis was seen. Surgical treatment was seen 
as risky because of the thyrotoxicosis and severe hyperbilirubi- 
nemia. There is very limited data available on the use of steroid 
therapy for PTU-induced liver injury. 

However, at the cases reported by Ichiki and colleagues; 
21-year-old graves’ disease cases, serious hyperbilirubinemia 
developed after PTU (Total bilirubin: 23.3 mg/dl, direct bilirubin: 
16.3 mg/dl) and severe liver injury (AST: 593 IU/ml, ALT: 502 
IU/ml) developed patients were given 3 days 500 mg methyl 
prednisolone and had continued with prednisolone 30 mg orally 


after. Liver function tests gradually improved after treatment 
and got back to normal in about 1.5 months. The first treat- 
ment to be given in case of PTU hepatotoxicity is | 131 therapy. 
Other alternative therapies are ipodate sodium, iopanoic acid, 
ate, lithium carbonate, plasmapheresis, and dialysis [8]. 

In our case, after exclusion of all other causes, 60 mg intrave- 
nous methyl prednisolone treatment was started. Increase in 
the level of bilirubin in the first days after treatment stopped 
the inspections of 1 mg/dl decrease in the level was observed. 
The following day the patient was prescribed RAI therapy. Rapid 
and progressive improvement in bilirubin levels were seen in the 
patient’s follow-up. At the same time improvement at the toxic 
statement was observed. Steroid dose was reduced gradually 
and patient was discharged from hospital. 

As a result, we think that the patients started PTU due to the 
hyperthyroidism should be followed carefully and strictly for 
hepatotoxicity, jaundice. Also we think that, the steroid therapy 
is a good alternative for the severe bilirubin level rise and jaun- 
dice caused by PTU after the exclusion of all other the reasons. 
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Ozet 

Von Meyenburg kompleksi olarak da bilinen multip! biliyer hamartom intrahepatik 
safra yollarinin nadir gértilen benign malformasyonudur. Bu malformasyon bulu- 
nan hastalar genellikle asemptomatik oldugundan ve karaciger fonksiyon testle- 
ri normal oldugundan dolay! tani rastlantisal olarak konulur. Bu yazimizda 43 ya- 
sinda daha once bilinen bir hastaligi olmayan ve dispepsi sikayetiyle hastanemize 


basvuran multip! biliyer hamartom olgusunu sunmay! amacladik. 
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Multip! Biliyer Hamartom; intrahepatik Safra Yolu; Gériinttileme Bulgulari 


Abstract 

Multiple biliary hamartomas, also known as von Meyenburg complex, is a rare 
benign intrahepatic biliary duct malformation. Diagnosis of this disease is es- 
tablished incidentally because of patients with these malformation are usually 
asymptomatic and liver function tests are normal. In this article, we aimed to 
present a forty-three years old patient with multiple biliary hamartomas who ad- 


mitted to our hospital with dyspepsia and no previously known disease. 


Keywords 


Multiple Biliary Hamartomas; Intrahepatic Biliary Duct; Imaging Findings 


DOI: 10.4328/JCAM.3222 Received: 09.01.2015 Accepted: 03.03.2015 Printed: 01.08.2014 J Clin Anal Med 2014;5(suppl 4): 478-80 
Corresponding Author: ismail Kartal, Radyoloji Béliimii, Mustafa Kemal Universitesi Tip Fakiiltesi, Antakya, Turkiye. 


GSM: +905070343366 E-Mail: ismailkartal86@ gmail.com 


478 | Journal of Clinical and Analytical Medicine 


Multip! Bilier Hamartom / Multiple Biliary Hamartomas 


Giris 

ilk kez 1918 yilinda von Meyenburg tarafindan tanimlanan bi- 
liyer hamartom karacigerde intrahepatik safra yollarinin na- 
dir goriilen benign lezyonlaridir [1]. Biliyer hamartom konjenital 
safra kanal malformasyonu olup embriyolojik gelisim esnasin- 
da_ kiicik intrahepatik safra duktuslarinin yeniden sekillenme- 
sinde bozulma sonucu ortaya ¢ikmaktadir [2]. insidansi cok dii- 
suk olup otopsi serilerinde tim vakalarin %0,6 ile %5,6 arasin- 
da oldugu bildirilmektedir [3]. Benign lezyon olmasina ragmen 
goériintileme calismalarinda karaciger sirozu, polikistik karaci- 
ger hastaligi, mikroabse, metastaz ve Caroli hastaligi ile kari- 
sabilir. Ayrica nadir de olsa kolanjiokarsionama d6énusme gibi 
malign transformasyon gorilen vakalar rapor edilmistir [4]. Biz, 
bu yazida daha once herhangi bir hastalig1 olmayan 43 yasin- 
da dispepsi sikayetiyle hastanemize basvuran ve multipl biliyer 
hamartom tanisi alan olguyu gériintiileme bulgulariyla sunma- 
yl! amagladik. 


Olgu Sunumu 

Kirk Ug yasinda daha once bilinen bir hastalig! olmayan erkek 
hasta dispepsi sikayetiyle ilk defa hastanemize basvurdu. Ab- 
dominal ultrasonografi (US) tetkiki ve rutin laboratuar tetkikleri 
istenen hastanin laboratuar bulgularinda anlamli bulgu saptan- 
madi. Abdominal US’da (Siemens Acuson Antares cihazi), ab- 
domen probu (CH4-1 MHz) ile karaciger parankiminde hetero- 
jen gorintim ile birlikte daginik yerlesimli hiperekojen milimet- 
rik boyutlarda lezyonlar izlendi (Resim 1a). Yiizeyel prob (VFX 
13-5 MHz) ile bakilan karaciger parankiminde 10 mmden kiictik 
cok sayida diffiiz hiperekojen nodiller lezyonlar belirgin sekilde 
goézlendi (Resim 1b). Ayrica hastanin sag bébreginde ¢ok sayi- 
da kistik lezyon ve midede dilatasyon dikkati ¢ekti. Hastaya ka- 
racigerdeki lezyonlarin karakterizasyonu igin dinamik abdomen 
manyetik rezonans gortintiileme (MRG) planlandi. Cekilen abdo- 
men MRG’de T1 agirlikli g6riinttilerde hipointens (Resim 2a), T2 
agirlikli goruintiilerde hiperintens (Resim 2b), ya baskil! seriler- 
de belirgin hiperintens (Resim 2c) olan ve kontrastli dinamik se- 
rilerde kontrast tutulumu olmayan (Resim 2d) 10 mmden kiiciik 
daginik yerlesimli multip! kistik lezyon izlendi. Sag bobrekte at- 
rofi ile beraber en buyugi 3 cm capinda multipl kistler izlendi 
(Resim 3). Karacigerdeki kistik lezyonlarin safra yollari ile ilis- 
kisinin belirlenmesi amaci ile manyetik rezonans kolanjiopank- 
reatografi (MRKP) cekildi. intrahepatik-ekstrahepatik safra yol- 
larinda dilatasyon veya kistik lezyonlar ile iliski tespit edilmedi 
(Resim 4). Bulgular birlikte degerlendirildigZinde hastaya multipl 
biliyer hamartom tanisi kondu ve malign transformasyon riski 
ag¢isindan takibe alindi. 


Resim 1. Konveks prob ile abdominal US’de (A) karaciZerde saptanan daginik yer- 
lesimli hiperekojen lezyonlara yiizeyel probla (B) bakildiginda milimetrik boyutta 
cok sayida hiperekojen nodiiler lezyon daha belirgin goriinmekte. 


Resim 2. T1 agirlikli gériinttilerde hipointens (A), T2 ve yag baskil goriintiilerde hi- 
perintens (B ve C) olan, dinamik kontrastli serilerde kontrast tutulumu saptanma- 
yan (D) kistik lezyonlar izlenmekte. 


Resim 3. Koronal T2 a@girlikli goriintiide sag bobrekte cok sayida kistik lezyon mev- 
cut. 


Resim 4. MRKP goriinttistinde intra-ekstrahepatik safra yollariyla baglantis! olma- 
yan kistik lezyonlarin karaciger sinirlari icerisinde yildizli gokylzti goriinttisti olus- 
turmasi izlenmekte. Midede belirgin dilatasyon dikkati cekmekte. 


Tartisma 

Von Meyenburg kompleksi olarak da bilinen multipl biliyer ha- 
martom, karacigerin benign malformasyonu olup histolojik ola- 
rak fibrotik doku tarafindan ¢evrelenmis 1 ile 15 mm gaplari 
arasinda intrahepatik safra yollarinin kistik dilatasyonudur [5]. 
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Bu hastalik tipik olarak klinik semptom olusturmaz ve karaci- 
ger fonksiyon testlerini bozmaz. Genellikle gortintiileme esna- 
sinda rastlantisal olarak saptanir. Daha Once herhangi bir ra- 
hatsizlig1 olmayan hastamiza da dispepsi nedeniyle yapilan ru- 
tin incelemeler sonucu rastlantisal olarak tani kondu. Bu hasta- 
lara ilk yapilacak goruinttileme yontemi US’dir. Ultrasonografi- 
de lezyonlarin gortinimleri hipo-hiperekoik, solid veya kistik, tek 
veya multip olmakla birlikte genellikle multip! hiperekoik nodu- 
ler lezyonlar seklinde olmaktadir. Luo ve ark. [6] von Meyenburg 
kompleksinin spesifik US bulgusu olarak iddia ettikleri kuyruk- 
lu yildiz artefaktin! tanimlamislardir. Bu goruinim dilate kistik 
lezyonlardan ses dalgalarinin gecip posteriorda akustik gti¢len- 
me olusturmas! sonucu olusmaktadir. Olgumuza konveks ve yii- 
zeyel probla yapilan US’da en biyiigi 10 mm’yi gecmeyen da- 
ginik yerlesimli Gok sayida hiperekojen nodiler lezyonlar izlendi. 
Bilgisayarli tomografide lezyonlar net karakterize edilememek- 
te olup karacigerde multip! kigik hipodens lezyonlar olarak g6- 
rulmektedir [3,7]. 

Manyetik rezonans goriintlilemede T1'de hipointens, T2’de hi- 
perintens, yag baskilamal! sekanslarda belirgin hiperintens olan 
ve dinamik serilerde kontrastlanma géstermeyen multip! kis- 
tik lezyonlar seklinde izlenir. MRKP intrahepatik ve ekstrahe- 
patik safra yollarindaki dilatasyon ve anomaliyi g6stermede ve 
bunlarin karacigerdeki kistik lezyonlar ile iliskisini degerlendir- 
mede BT ve MRG’den Ustiindir [7]. Olgumuza cekilen MRG ve 
MRKP gé6rintilerinde karacigerde safra yollart ile iliskisi olma- 
yan ve kontrastlanma gostermeyen cok sayida kuctk kistik lez- 
yonlar izlendi. intrahepatik ve ekstrahepatik safra yollarinda di- 
latasyon veya anomali saptanmadi. Gong ve ark. [8] MRKP’nin 
MIP(maximum intensity projection) imajlarinda biliyer hamar- 
tomlarin karaciger sinirlari igerisinde yildizli gokyuizi manzara- 
si olusturdugunu géstermislerdir. Bizim olgumuzda da MIP imaj- 
larda bu sekilde gortinum mevcuttu (Resim 4). 

Multipl biliyer hamartom ayirici tanisinda karacigerde mikroab- 
seler, polikistik bobrek hastalig1 ile birlikte olan karaciger kistle- 
ri, Caroli hastaligi, metastaz gibi durumlar yer almaktadir. Mik- 
roabse ve metastaz durumlarinda klinik bulgular goriintileme- 
ye katki saglamakla beraber kontrastl gériintulerde lezyonlarin 
kontrast tutmasi biliyer hamartomdan ayrimlarini saglamakta- 
dir. Caroli hastaliginda biliyer agagla baglantili cok sayida kistik 
lezyon olmakla birlikte bizim olgumuzun MRKP goritntilerinde 
béyle bir durum izlenmedi. Polikistik bébrek hastaligi ile birlik- 
te olabilen polikistik karaciZer hastaliginda ise her iki bobrekte 
ve karacigerde daha biiyiik boyutlarda kistik lezyonlar ve bobrek 
boyutlarinda artis olmaktadir. Bizim olgumuzda sag bobrek bo- 
yutlar! azalmis olup sag bobrekte cok sayida kistik lezyon mev- 
cuttu (Resim 3). Goriintileme bulgularinin iyi bilinmesi ayirici 
tantly! kolaylastirmanin yaninda biyopsi gibi invaziv olan metod- 
lara da ihtiyaci azaltmaktadir [7]. 

Sonug olarak histopatolojik inceleme gerekmeden tipik gortintii- 
leme bulgulartyla multip! biliyer hamartom tanisi konabilir. Has- 
talar genelde asemptomatik oldugundan ve biliyer hamartom- 
lar duistk de olsa malign transformasyon gésterebileceginden 
tani ve takip 6nemlidir. 
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Ozet 

Son zamanlarda koroner arter hastaligi ve akciger timé6rti olan hastalarda kardiyo- 
pulmoner cerrahiler artan siklikla es zamanli olarak uygulanmaktadir. Mortalite ve 
morbiditesi yiiksek olan bu iki ameliyatin zamanlamas! ile ilgili tam bir fikir birligi 
yoktur. Benzer sekilde bu hastalardaki anestezi y6netimi ile ilgili de olgu sunumla- 
ri ve klinik deneyimler disinda yapilmis genis capli klinik calisma bulunmamakta- 
dir. Bu olgu sunumunda es zamanli kardiyo-pulmoner cerrahi yapilacak 89 yasin- 


daki erkek hastadaki anestezi yonetimimizi sunmay! amacladik. 
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Abstract 

Recently, cardio-pulmonary surgical procedures were simultaneously performed 
in patients with coronary artery disease and lung tumors. There is no complete 
consensus about the timing of these high rate mortality and morbidity surgery. 
Similarly, there wasn't any large number clinical trial related to the anesthetic 
management of these patients except case reports and clinical experiences. In 
this case report, we aim to present anesthesia management in a 89-year-old male 


patient undergoing simultaneous cardio-pulmonary surgery. 
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Giris 

Koroner arter hastaliklar! mortalite ve morbiditenin 6nemli se- 
beplerindendir [1]. Akciger kanserleri de dliimlerin en yaygin se- 
beplerinden olmasina ragmen bu iki hastaligin birlikteligi bekle- 
nildigi kadar yaygin degildir [2]. Bu iki hastaligin tedavisinin ayn! 
anda yapilmasi ile ilgili tam bir birliktelik yoktur. Fikir ayriliginin 
temelinde ise bu iki major ameliyatin zamanlamasi ve sirala- 
masi yatmaktadir. Koroner cerrahi ile pulmoner rezeksiyon ope- 
rasyonun birlikte yapilmasi fikri birincil olarak cerrahi bransla- 
rin ilgi alanina girse de tek baslarina bile anestezi agisindan dik- 
katli bir degerlendirme gerektiren, mortalite ve morbiditesi yiik- 
sek bu iki hastaligin cerrahisi anestezistleri bu ekibin en 6nemli 
tiyesi haline getirmektedir. Kombine torasik ve kardiyak cerrahi- 
ye gidecek hastalarin anestezi yonetimi ile ilgili literatiirdeki bil- 
giler, olgu sunumlarindan olusmaktadir [3,4]. 

Bu olgu sunumundaki amacimiz koroner arter bay-pas greftle- 
me (KABG) operasyonu uygulanmasina karar verilen hastada te- 
sadifen saptanan akciger kitlesine es zamanli cerrahi sirasin- 
daki anestezi yonetimimizi sunmaktir. 


Olgu Sunumu 

Nefes darligi sikayeti ile kardiyoloji kliniZine basvuran 89 ya- 
sindaki erkek hastanin EKG’sinde T dalga de@gisiklikleri goriildi. 
Yapilan anjiyografide sag ana koroner arterde %100, sol ana 
koroner arterde DI sonrasi %90, DII hizasinda ise %100, sir- 
kumfleks arterde osteal %60, OM1 6ncesi %80, OM2 hizasinda 
%90, OM2'de ise %80 darlik tespit edildi. Coklu bay-pas ope- 
rasyonu yapilmasina karar verilen hastanin preoperatif hazir- 
lik déneminde cekilen akciger filminde sag akcigerde kitle lez- 
yonu goriildi. Tomagrafisinde ise bu lezyonun, sag akciger orta 
loba yerlesmis 44x29x24 mm boyutunda solid bir kitle oldugu 
saptandi. Hastanin yapilan solunum fonksiyon testinde FVC’nin 
%97, FEV1’in %88, FEV1/FVC’nin ise %69 oldugu géruldu. Bron- 
koskopik inceleme yapilmayan hastaya kalp-damar cerrahisi ile 
birlikte gogus cerrahisi tarafindan ortaklasa ayn! seansta coklu 
bay-pas! takiben sag orta lobektomi yapiImasina karar verildi. 
Premedikasyon amaciyla IV (intravenéz) 2 mg midazolam uy- 
gulanan hastaya ameliyat salonunda non-invazif kan basin- 
cl, 5 kanalli elektrokardiyografi, periferik oksijen satiirasyonu 
(SpO2), nodromuskuler ve serebral puls-oksimetere monitorizas- 
yonunu takiben lokal anestezi altinda radial arter kaniilasyonu 
yapilarak invazif kan basinci monit6érizasyonuna baslandi. 3 dk. 
%100 O, ile pre-oksijenizasyonun ardindan 1 mg/kg propofol, 1 
ug/kg fentanil ile anestezi indiiksiyonu ve 0,1 mg/kg vekiiron- 
yum ile kas gevsemesi saglandiktan sonra hasta 39 numara sol 
cift lumenli tup (Rusch Bronchopart®, Betschdorf/Fransa) ile en- 
tiibe edildi. Tupiin uygun yerlesimde oldugu hem oskiltasyonla 
hem de bronkoskop ile dogrulandi. Entiibasyonu takiben hasta- 
ya sag juguler venden ultrason esliginde “sheat kateter” yerles- 
tirildi. Anestezi idamesi FiO, 0,5 olacak sekilde O,/hava karisi- 
mi, sevofluran (MAC %1-2), vekUronyum (0,1 mg/kg/sa) ve fen- 
tanil (1-3 pg/kg/sa) ile saglandi. Hasta kalp-akciZer pompasin- 
da iken anestezi idamesi fentanil infzyonun yan! sira aralikli 
midazolam ve propofol boluslari ile saglandi. Tidal voliim 8-10 
ml/kg, solunum hizi dakikada 12 olacak sekilde volim kontroll 
ventilasyona baslandi. Tek akciger ventilasyonunda ise tidal vo- 
lim 6-8 ml/kg, solunum hizi dakikada 18 olacak sekilde ayarlan- 
di. TAV sirasinda %100 oksijenle baslanip hedef SpO, degeri % 


92-98 olacak sekilde FiO, ayarlandi. ETCO, diizeyi 35-45 mmHg 
olacak sekilde ventilasyona devam edildi. 

Heparinizasyon i¢gin baslangicta 400 IU/kg ve idamede ise ak- 
tive pihtilasma zaman! 400 saniyenin Uzerinde olacak sekilde 
heparin uygulandi. Kardiyoplejik olarak St. Thomas soltisyonu 
(Plegisol, Hospira Inc. North Chicago, IL, USA) ve aralikli soguk 
kan kardiyoplejisi kullanildi. Non-pulsatil pompa akimi 2,4 |/da- 
kika/m2 ve perfuzyon basinc! 60-80 mmHg olarak idame ettiril- 
di. 

Median sternotomiyi takiben safen ven grefti hazirlandi ve bay- 
pas icin sadece safen greft kullanildi, LIMA (sol internal mam- 
marian arter) diseksiyonu yapilmadi. 89 dakika aortik kros- 
klemp siiresi ve 142 dakikalik KABG islemi sonrasinda uygula- 
nan heparinin 1,3 kati dozunda (380 mg) protamin ile notrali- 
zasyon saglandiktan sonra hasta kalp akciZer pompasindan ay- 
rildi. Takiben hemodinamik agidan stabil olan hastanin lobekto- 
mi islemine baslandi. KABG islemi siresince 30-32 C° hipoter- 
mi uygulanan hasta lobektomi sirasinda ise normotermik ola- 
rak takip edildi. Pulmoner rezeksiyon sonrasi drenaj amaciyla 
iki adet gogiis tipu yerlestirildi ve insizyon kapatildi. Ameliyat 
siresince 2U eritrosit siispansiyonu ve 2U taze donmus plaz- 
ma transfuzyonu yapildi. Hasta, operasyon bitiminde cift lumen- 
li tip tek limenli endotrakeal tip ile degistirildikten sonra en- 
tiibe olarak kalp-damar cerrahisi yogun bakim Unitesine alindi. 
Postoperatif 6. saatte hastanin uyanik, koopere, hemodinamik 
olarak stabil (viicut sisi > 36 C°, FiO, 0,4 iken arteryal kan ga- 
zinda pH > 7,35, PaO, > 75 mmHg, PaCO, * 45 mmbg), ve kana- 
ma bulgularinin olmamasi dizerine sorunsuz bir sekilde ekstiibe 
edildi. Cikarilan sag orta lobun patoloji sonucunda kitle lezyonun 
skuaméz hiicreli karsinom oldugu rapor edildi. Postoperatif d6- 
nemde kanama, atelaktazi gibi komplikasyon gériilmeyen hasta 
10. giinde taburcu edildi. 


Tartisma 

Genellikle koroner arter hastalig: olan akciger tiim6rlii hasta- 
larda en giivenilir cerrahi yaklasim KABG operasyonu ile birlik- 
te evrelemeyi takiben ikinci bir seansta ise pulmoner rezeksiyon 
yapiImasidir [5]. Akciger rezeksiyonunun ertelenmesi ikinci bir 
operasyonun getirdigi maliyet artisinin yani sira, metastaz ris- 
kini arttirarak mortalitenin artmasina neden olmaktadir. Bu ne- 
denle KABG ile birlikte pulmoner rezeksiyonun ayn! seansta ya- 
pilmasi bir alternatif olarak ortaya gikmistir [6,7]. 

Son zamanlarda, kanserli hastalarda off-pump koroner cerra- 
hi kardiyo-pulmoner bay-pasin immiinostipresif ve trombositler 
uzerine olan negatif etkilerinden sakinmak i¢in artan siklikla kul- 
lanilan ve popiiler bir teknik haline gelmistir [2]. Off-pump cer- 
rahi kardiyo-pulmoner bay-pasin neden oldugu fizyolojik stre- 
si 6nler, postoperatif kanama riskini ve transfiizyon ihtiyacini 
azaltarak yogun bakimda ve hastanede kalma siiresi kisaltir. 
Hastamiz yasli oldugu ve ¢ok sayida anastomoz yapilacag) icin 
off-pump cerrahi diistintilmedi. 

Uzun kardiyak cerrahilerde ylksek miktarda opioid kullanimi 
postoperatif solunumsal komplikasyonlara yol agabilmektedir. 
Ozellikle koroner cerrahi ile birlikte pulmoner kapasitenin azal- 
tildigi rezeksiyon cerrahilerinde bu durum mortalite ve morbidi- 
teyi olumsuz olarak etkiler. Opioid tiketimini azaltmak ve erken 
ekstibasyona imkan saglayarak yogun bakimda kalis surelerini 
kisaltmak i¢gin kardiyak anestezi y6netiminde “Fast-Track” y6n- 
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temi kullanilmaktadir. Hastamiz, “Fast-Track” kardiyak anestezi 
yaklasimi ile hem intraoperatif stabil bir hemodinami saglandi 
hem de erken dénemde her hangi bir komplikasyon ile karsilasil- 
madan ekstibe edildi. 

Rutin kardiyak cerrahi 6ncesinde tiim hastalarin karotid stenozu 
ac¢isindan taranmasi bay-pas sirasinda beyin perfiizyonun ida- 
mesi acisindan 6nemlidir. Ayrica 6zellikle yasl hastalarda ate- 
rom plaklarinin varliginin ortaya konmasi da anestezik girisimler 
agisindan ayri bir 6Gneme sahiptir. Hastanin preoperatif yapilan 
karotis dopler ultrasonunda herhangi bir darlik ve aterom pla- 
gina rastlanmamasina ragmen santral ven6z kateterizasyon is- 
lemi ultrason esliginde gerc¢eklestirildi ve intraoperatif devamll 
serebral oksijen satiirasyonu monit6érizasyonu yapildi. Boylelikle 
ozellikle tek akciger ventilasyonu sirasinda beyin oksijenlenme- 
si takip edilmis oldu. 

Ozellikle kardiyopulmoner bay-pas kullanilarak yapilan kombine 
kardiyak ve torakal cerrahilerde en 6nemli sorunlardan biriside 
kanamadir. Ekstrakorporeal dolasimin trombosit fonksiyonlar! 
uzerine olumsuz etkilerinin yan! sira uzamis cerrahi de bunun en 
onemli nedenidir. Bu tir ameliyatlarda anestezistlerin g6z oniin- 
de bulundurmas! gereken konu masif transfUzyona karsi hazir- 
lik olmaktir. KlinigZimizde, kanama beklentisinin yiiksek oldugu 
bu tir hastalarda iki biiyik (en az 16G) periferik damar yolunun 
yan! sira mutlaka “sheat” kateter yerlestirilir. Ayrica masif trans- 
fuizyon yapilabilecegine iliskin kan bankasina haber verilerek ge- 
rekli kan grubuna ait kan urtinlerinin hazirlanmasi saglanir. 
Cerrahi islemlerden 6nce yapilan preoperatif degerlendirmeler 
hastalarin mevcut durumunu ortaya koymanin yani sira bizim 
olgumuzda oldugu gibi rastlantisal olarak ikincil hastaliklarin da 
ortaya cikarilmasinda énemli rol oynamaktadir. Ozellikli cerrahi 
gecirecek hastalarda ve risk gruplarinda iyi bir preoperatif de- 
gerlendirme ve yakin intraoperatif takip perioperatif dénemin 
sorunsuz bir sekilde yonetilmesini saglayacaktir. 

Sonucta, kombine kardiyo-torasik cerrahi ile ilgili tam bir fikir 
birligi yoktur. Benzer sekilde bu hastalardaki anestezi yonetimi 
ile ilgili de olgu sunumlari ve klinik deneyimler disinda yapilmis 
genis capli klinik galisma bulunmamaktadir. Bu nedenle kardiyo- 
torasik cerrahinin hem kardiyak hem de torasik cerrahi konu- 
sunda tecrubeli merkezlerde ve secilmis vakalarda yapilmasi uy- 
gun olacaktir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Headache Could Be Finding of Sinus Vein 
Thrombosis in Behcet’s Patients 


Behcet Hastalarinda Bas Agrisi Siniis 
Ven Trombozu Bulgusu Olabilir 


Behcet Hastaligi ve Bas Agrisi / Behcet’s Disease and Headache 


Halil Murat Sen, Adile Ozkan, Cagdas Balci, Handan Isin Ozisik Karaman 
Noroloji AD, Canakkale Onsekiz Mart Universitesi Tip Fakiiltesi, Canakkale, Tiirkiye 


Ozet 

Behcet hastalig! (BH) diinyada en sik Turkiye’ de izlenir ve ismini Turk dermatolog 
Hulusi Behcet’ den alir. Genital iilserler, oral tilserler ve tveit triad! hastaligin te- 
mel bulgularidir. BH’ de norolojik tutulum siklikla hastalik baslangicindan ortalama 
5 yil sonra olsa da hastaligin ilk ortaya cikisi nérolojik bulgularla da olabilir. Sintis 
ven trombozu (SVT) BH’ de izlenebilecek noérolojik tutulumlardandir. Ancak SVT ta- 
nisinin konmasi zordur ve Oziirliilik yapabilen veya mortal olabilen bir durumdur. 
Bizim vakamiz da SVT tanisi konulan ve yaklasik 5 senedir BH’ si olan 24 yasinda 
kadin hastaydi. Bizim vakamizda hastanin ¢ok sik saglik kurulusu basvurusuna rag- 
men SVT tanisi, semptomlarin baslangicindan itibaren 15 giin gecikmisti. BH SVT’ 
ye neden olabilir ve SVT 6ziirltillik veya mortalite nedenidir ancak bizim vakamiz- 
da oldugu gibi cok gec¢ tan! alabilmektedir. Bu nedenle hastalik hakkindaki farkin- 
daligi artirmak amagli bu vakay! sunmay! uygun gérdiik. 


Anahtar Kelimeler 
Behcet Hastaligi; Norobehcet Hastaligi; Sintis Ven Trombozu 


Abstract 

Globally Behcet's disease (BD) is most frequently seen in Turkey and takes its 
name from the Turkish dermatologist Hulusi Beh¢et. Basic findings of the disease 
are the triad of genital ulcers, oral ulcers and uveitis. Neurological involvement 
in BD appears an average of 5 years after the beginning of disease, or the first 
appearance of the disease may be neurological findings. Sinus vein thrombosis 
(SVT) is among neurological involvements observed in BD. However diagnosis of 
SVT is difficult and it is a situation that may cause disability or mortality. Our case 
was a 24-year old female patient with diagnosed SVT who had a diagnosis of BD 
from 5 years. In spite of the patient frequently applying to health services, SVT 
diagnosis was delayed until 15 days after the initial symptoms. BD can cause SVT 
and SVT may cause disability or mortality but SVT may be diagnosed late, just as 
in our case. Therefore we present this case to increase awareness of this disease. 
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Giris 

Behcet hastaliginda (BH) genital Uulserler, oral Ulserler ve Uive- 
it triad! hala tanida 6nemini korumaktadir. Fakat inflamatuar 
lezyonlar viicutta cilt, vaskiller, eklem, gastrointestinal sistem, 
renal, kardiyopulmoner sistem ve sinir sistemi gibi hemen he- 
men tim dokulari tutabilir [1]. BH tiim diinyada ortaya ¢ikabilse 
de Dogu Akdeniz ve Dogu Asya popilasyonlarinda sikligi daha 
fazladir. En yiiksek prevalans ise Tirkiye’de rapor edilmistir (20- 
421/100 000) [2]. BH’ de nérolojik tutulum n6érobehcet hastaligi 
(NBH) olarak isimlendirilir. NBH sikligi erkeklerde daha fazladir 
ve genellikle BH basladiktan 5 yil sonra ortaya cikar ancak ba- 
zen hastaligin ilk prezentasyonu norolojik bulgularla olabilir [3]. 
BH’ de santral sinir sistemi (SSS) tutulumu parankimal ve extra- 
parankimal olarak 2 ana gruba ayrilir. Serebral venéz tromboz 
(SVT) extraparankimal tutulumlardandir. SVT, NBH’ nin yaklasik 
% 18’ lik kismini olusturur ve goreceli olarak parankimal tutu- 
luma gore daha iyi prognozludur [4]. SVT 6zurlulik veya 6lum- 
le sonuclanabilen, ciddi bir nérolojik bozukluktur. Baslangig bul- 
gular izole bas agrisi veya gorme sorunlarindan hemiparezi, ko- 
maya kadar degisken olabilmektedir [5]. SVT’ nin baslangic bul- 
gularinin ¢ok cesitli olabilmesi ve sikliginin diisuk olmasi nedeni 
ile hastaligin dogru tani almasi cok uzun sire alabilmektedir [6]. 
Bizim vakamiz BH’ nin bir SSS tutulumu olan SVT idi. SVT 6limle 
sonuclanabilecek kadar ciddi bir hastaliktir fakat hastalik bas- 
langici ile tan! almas! arasindaki siire siklikla uzundur. Bu ne- 
denlerden dolay! bu vakay! SVT hakkindaki farkindalig1 artirmak 
amacli sunmay! uygun gordik. 


Olgu Sunumu 

Daha once bas aris! yakinmasi olmayan 24 yasinda kadin has- 
ta yaklasik 15 giin once baslayan ve araliksiz devam eden sid- 
detli bas agrisi ile klinigimize basvurdu. Agri sol kafa yarisina lo- 
kalize ve hastanin giinliik yasam aktivitelerini engelleyecek sid- 
detteydi. Hastanemize basvurana kadar hasta her giin, zaman 
zaman glinde birkag kez olacak sekilde cesitli saglik kurulus- 
larina basvurmustu. Bu basvurularinin sonucunda siklikla mig- 
ren tanisi almisti. Ozgecmisinde yaklasik 5 yildir BH olan hasta 
klinigimize SVT 6n tanisi ile yatirildi. Hastanin solunum, nabiz, 
ates, tansiyon gibi vital bulgular! normal sinirlardaydi. Fizik mu- 
ayenesi normaldi. Norolojik muayenesinde ise patolojik olan bir 
bulgu saptanmadi. Kraniyal manyetik rezonans (MR) gortinttle- 
me ve MR venografi (MRV) tetkikleri yapildi. Kranial MR’ da be- 
yinde parankimal bir lezyon saptanmadi, MRV’ de ise sol trans- 
vers sins trombozu saptandi (Sekil 1). Hastaya antikoagiilan 
tedavi baslandi. Hastada kortikosteroid (KS) kullanimina bagli 
femur bas! avaskiiller nekrozu oldugu icin KS tedavisi verileme- 
di. Hasta diger immiinsupresif tedavilerin kullanimini da riskle- 
ri nedeni ile kabul etmedi. Hastanin ilerleyen dénemde hafif bas 
agrisi sikayeti disinda ek sorunu olmadi. 


Tartisma 

Behcet hastaliginda ilk ortaya gikan klinik bulgular ndrolojik 
olabilir ancak genellikle hastaligin baslangicindan ortalama 5 
yil sonra nérolojik tutulum olur [3]. Norolojik tutulumun major 
hedefi ise SSS’ dir. SSS tutulumu parankimal ve non paranki- 
mal olarak ikiye ayrilir. Parankimal tutulumda meningoensefa- 
lit, nonparankimal tutulumda ise biiyiik venlerin trombozu ve ara 
sira arteryal okliizyon olusur [4]. Bizim vakamizda da hastalik 


Sekil 1. ilk MRV’ de sol transvers sintisde kontrast dolumu gériilmezken (A), iki ay 
sonra tekrarlanan MRV’ de sol transvers sintisde kontrastlanma izlendi (B). 


baslangicindan yaklasik 5 yil sonra SVT tipinde nérolojik tutu- 
lum olmustu. SVT nadir izlenen bir durumdur ve izole bas agri- 
sindan komaya kadar genis spektrumlu bir prezentasyonu var- 
dir. Bu nedenlerden dolayi hekim yksek supheci olmadik¢a ta- 
nisinin konabilmesi hayli zordur [5]. 

Bas agrisi, SVT’ de en sik gortilen semptomdur ve hastalarin 
%89’ unda izlenir , % 80 hastada ilk semptomdur, bazi hasta- 
larda da tek semptom bas a@risidir [7]. SVT hastalarinin %37,8’ 
inde semptomlarin baslangicindan 48 saat sonra, %55,5’ inde 
48 saat ile 30 giin arasinda, %7,2’ sinde ise 30 giinden fazla su- 
rede tani konabilir. SVT’ de tani icin MR ve MRV goriintileme 
yontemleri genellikle yeterlidir. Ancak bazen MRV tani icin ye- 
tersiz kalabilir ve % 12 hastada tani icin intraarterial anjiogra- 
fi yapilmasi gerekir. %1 hasta ise ancak otopsi ile tani alir [6]. 
Bazi hastalarda intrakranial hipertansiyon semptom ve bulgula- 
ri mevcuttur fakat kranial gortintiilemelerde SVT bulgulari yok- 
tur. Bu hastalar idiopatik intrakranial hipertansiyon olarak ta- 
nimlanir. Ancak bu hastalar giinimiiz gortintiileme tekniklerinin 
ispatlayamadigi SVT olabilir [4]. Hastane yatis siresince morta- 
lite orani % 5,6’ dir, takip eden periyotta ise % 9,4’ dir. Yalnizca 
hafif fonksiyonel veya kognitif defisiti olan vakalarin % 88’ inde 
tamamen veya kismi diizelme gézlenir [5]. Bizim hastamizda da 
baslangi¢ semptomu ve tek semptomu bas a@gris! idi. Tani al- 
masi ise semptomlarin baslangicindan sonra cok sik saglik ku- 
rulusu basvurusuna ragmen 15 giin gecikmisti. Aslinda hastanin 
ozgecmisinde bir bas agrisi yakinmasi yoktu. Ayni zamanda bas 
agrisi cok siddetli ve cok sik saglik kurulusu basvurusuna neden 
olmaktaydi. Ancak BH’ nin diinyada en sik izlendigi bolge Tiirkiye 
olmasina ragmen, hastanin bas agris! semptomunun BH’ nin bir 
SSS komplikasyonu olabileceginden siiphelenilmemisti. 
Tedavide antikoagiilanlar, KS’ ler ve diger immunsupresif teda- 
viler Onerilir. Bazi nérologlar tedavide antikoagiilan kullanmaz 
ve KS ile diger immunsupresif tedavileri kullanirlar. Bunun man- 
tigi ise primer patoloji damar duvarindaki inflamatuar pro¢ge- 
sin trombogenezisi induklemesi oldugu icindir [8]. Ayn! zaman- 
da BH’ de pulmoner arter anevrizmasi goriilebildiginden antiko- 
agillan kullanimi fatal kanama riskini artirdigi icin antikoagiilan 
tedaviden kacinirlar. Ancak BH’ si olan derin ven trombozlarina 
arteryal anevrizmalari oldugu halde ( n=44 [% 14,9]), bunlarin 8 
tanesi pulmoner arter anevrizmasiydi, antikoagiilan tedavi uy- 
gulanmis. Antikoagillan tedaviye tolerans oldukc¢a tatmin edi- 
ci saptanmis ve hastalarin sadece % 2’ sinde hemorajik semp- 
tomlar gozlenmis [8]. Bu nedenle tedavide antikoagiilan teda- 
vi kullanimt 6nerilmektedir. Biz vakamizda antikoagiilan tedavi 
kullandik ve herhangi bir hemorajik komplikasyona rastlamadik. 
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Hastanin daha once KS kullanimina bagli olan femur bas! avas- 
kiiler nekroz 6ykiisii vardi. Hastada bu nedenle KS kullanmak is- 
temedik ve hasta riskleri nedeni ile diger immiinsupresif teda- 
vileri de kesinlikle ret etti. Ancak yapilan kontrollerde klinik bul- 
gular dizeldi, tekrarlayan SVT olmadi ve hemorajik komplikas- 
yon gelismedi. 

BH diinyanin farkli bolgelerinde farkli siklikta izlenmektedir. 
Diinyada en sik oldugu bdlge ise Tiirkiye’dir [2]. BH diinyada en 
sik Turkiye’de izlenmesine karsin bizim vakamizda oldugu gibi 
hastalik hakkindaki farkindalik diisiiktiir. Oysa BH sadece bir- 
kag sistemi etkileyen benign bir hastalik olmayip vicutta pek 
cok sistemi tutar ve 6zirliillk ve dlim gibi kotU sonuclara ne- 
den olabilir. Ozellikle BH’ de hastanin daha énce tecriibe etme- 
digi diizeyde bas agrilari oldugunda norolojik tutulum yoniinde 
ylksek siiphe duyulmalidir. BH’ de ortaya ¢ikan norolojik semp- 
tom ve bulgularda yiiksek siipheci davranma bilinci hekimler ta- 
rafindan yeterince benimsenmelidir. 


Cikar Cakismas! ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

iliak damar yaralanmalari yiiksek morbidite ve mortalite ile iliskilidir. Penetran ab- 
dominal ve pelvik vaskiler yaralanmalar kiint travmalara gore daha siktir. Kiint 
pelvik damar yaralanmalarina cogunlukla pelvis kirigi eslik eder. 23 yasinda erkek 
hasta motor kazasi sonras! acil servisimize kabul edildi. Sok tablosunda olan has- 
tada sol femur savt kirigi vardi ve yapilan Doppler ultrasonografide arteryel ve ve- 
néz akim izlenmedi. Hasta acil olarak operasyona alindi. Sol ana iliak arter ve ven 
normaldi fakat eksternal iliak ven iki yerinden lasereydi, sol external iliak arterin 
ise bir yerinde damar duvar biitiinligii bozulmustu. Sunulan olguda kiint travmaya 
bagli pelvis kirigi olmaksizin iliak arter ve ven yaralanmasinin klinik prezentasyonu 


ve travmatik retroperitoneal hematom yonetimi tartisilmaktadir. 
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Abstract 

Iliac vascular injuries have high morbidity and mortality rates. Penetrant abdomi- 
nal and pelvic vascular injuries are more common compared to blunt traumas. 
Pelvic vascular injuries associated with blunt trauma are quite likely to occur in 
accompaniment with pelvic fracture. A 23 year old male patient was admitted to 
the emergency room due to a motorcycle accident. Shock picture was prevalent 
in the patient. Shaft fracture was present in left femur and flow was not detected 
in arterial and venous colour Doppler ultrasonography. Patient underwent emer- 
gency surgery. Left main iliac artery and vein were normal, however, external iliac 
vein was lacerated in two spots, and blood vessel wall integrity was damaged in 
one part of left external iliac artery. Clinical presentation and traumatic retro- 
peritoneal hematoma management of iliac artery and venous injuries due to blunt 
trauma without pelvic fracture are discussed in the presented case. 
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Introduction 

lliac vascular injuries associated with abdominal and pelvic 
traumas may cause severe outcomes. Mortality rates in iliac 
vascular injuries are between 30-50% [1]. The most significant 
factors affecting mortality are blood loss and related shock, ac- 
companying injuries, and the time between the injury and op- 
eration [2,3]. While failure to perform sufficient compression to 
the bleeding vein in preoperative period, and isolation and diffi- 
culty of control resulting from the retroperitoneal course of iliac 
veins along with hematoma in intraoperative period render the 
bleeding control problematic and make the shock picture more 
severe [4]. Abdominal and pelvic vascular injuries may occur as 
blunt, penetrant, and iatrogenic. In literature, penetrant abdom- 
inal and pelvic vascular injuries are more common compared to 
blunt traumas [5]. Pelvic vascular injuries associated with blunt 
trauma are quite likely to occur in accompaniment with pelvic 
fracture [6]. Clinical presentation and traumatic retroperitone- 
al hematoma management of iliac artery and venous injuries 
without blunt trauma-associated pelvic fracture are discussed 
in the presented case. 


Case Report 

A 23-year-old male patient was admitted to the emergency 
room of our hospital from an epicentre 6 hours after a mo- 
torcycle accident. Blood pressure of the patient was 60/40 
mmHg, pulse was 140 beats per minute and respiration was 
tachypneic. Shock picture was prevalent in the patient. Physical 
examination revealed diameter increase and ecchymosis in the 
left thigh without sensory or motor deficits. The same extremity 
was slightly cold and femoral pulse was absent. However, there 
was no clinically significant leg compartment syndrome. Ab- 
dominal examination was normal. When checked the laboratory 
results, hemoglobin; 6.5 g/dl, hematocrit: 19.4. Transthoracic 
echocardiography revealed no evidence of cardiac tambonade 
and cardiac or great vessel injuries. No fractures were observed 
in chest, spinal, and pelvic plain radiographs. Shaft fracture was 
present in left femur. Flow was not detected in arterial and ve- 
nous colour Doppler ultrasonography conducted in emergency 
situations. Solid organ traumas were not detected in tomogra- 
phy. However, hematoma was present in retroperitoneal region 
(Figure 1). 


Figure 1. Admission computerized tomography scan shows perivascular hema- 
toma (arrow). 


Patient underwent cardiac arrest in early preoperative period, 
but patient was resuscitated effectively and then taken to op- 
eration room. Undergoing a shock picture, patient was planned 


to conduct retroperitoneal hematoma exploration carried out 
under emergency conditions without further tests. Median lapa- 
rotomy was performed under the umbilicus. No findings were 
established in favour of hematoma or solid organ damage. 
When the incision was extended to the left side, diffuse hema- 
toma was observed in retroperitoneum. Left main iliac artery 
and vein were normal, however, external iliac vein was lacer- 
ated in two spots, and blood vessel wall integrity was damaged 
in one part of left external iliac artery (Figure 2). Lacerations in 


Figure . Intraoperative photograph shows the arterial hematoma (thin arrow) and 
venous laceration (thicker arrow). 


left external iliac vein were found in two spots with a longitu- 
dinal course of 1cm consecutively and 0.5 cm in length. In one 
spot of left external iliac artery, blood vessel wall structure was 
observed to damage in a segment of around 1cm and blood was 
extravasating from this segment. When incision was extended 
to the femoral region, femoral artery and vein were observed 
to be intact. Bleeding was brought under control with the help 
of vascular clamps placed on proximal and distal of both iliac 
arteries. The segment of 1cm where iliac artery was lacerated 
was excised and end-to-end anastomosis was conducted. Then, 
defect in iliac vein was repaired by continuous suture technique. 
The operation was uneventful despite the urgent need for in- 
tervention. Following bleeding control, anatomic layers were 
closed accordingly and the patient was then taken to inten- 
sive care unit. Flow in femoral artery and vein was observed 
in bedside colour Doppler ultrasonography and vital signs were 
normal. However, the patient went into cardiac arrest at the 
postoperative first hour and died despite resuscitation. 


Discussion 

Mortality and morbidity of iliac vascular injuries are quite high 
in spite of advanced surgical techniques and developments in 
intensive care today. Iliac artery injuries generally occur due to 
penetrating injuries [5]. lliac artery and vein injuries were dem- 
onstrated in many series along with pelvic fracture [6]. In this 
sense, the presented case was a rare condition in which iliac 
artery and vein got injured together due to blunt trauma but 
pelvic fracture was non-existent. 

Approach to trauma-related retroperitoneal hematoma is still 
controversial as it was in the past. Retroperitoneal hematoma 
due to blunt trauma generally occurs in association with pel- 
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vic fracture [7]. Although mostly in pelvic and presacral veins, 
the source of haemorrhage can also be in major iliac artery or 
in branches of veins. In pelvic hematomas due to such trau- 
mas, external pelvic fixation, spontaneous tamponade and an- 
giographic embolization approaches may be preferable. Certain 
exceptions to these conservative approaches were presented in 
a list by Feliciano. These are pelvic fracture-associated severe 
blood losses, hematomas through open wounds, suspected or 
proven major vascular injuries [8]. 

When the patient in the reported case was evaluated initially at 
the emergency room, iliac vein or arterial injury was not con- 
sidered at first since the patient had femoral shaft fracture and 
associated hematoma in thighs. Therefore, femoral artery and/ 
or venous injury was believed in the foreground as responsible 
for the current clinical picture. Due to the presence of retroperi- 
toneal hematoma in tomography and the unstable condition of 
the patient, retroperitoneal exploration was decided without 
further tests. 

While in patients that are clinically suspected to have had arte- 
rial injuries arteriography is recommended if haemodynamics is 
stable, it is contra-indicated in patients that are not stabilized. 
In such cases, duplex ultrasonography may be useful [9]. 
Numerous studies suggest that the time from the injury till the 
operation depending on the degree of major abdominal artery 
or venous injuries is quite critical and that it leads the factors 
affecting prognosis [10]. Bearing in mind the commencement 
of effectively fighting with shock and that diagnosis is made 
in major vascular injuries intraoperatively following the admit- 
tance of patient, it is life-saving to conduct emergency opera- 
tion and exploration of the injured vessel by surgeon especially 
in cases with unstable vital signs, and also the restoration of 
haemostasis and critical blood flow without wasting any time. 
Emergency surgical reparation is indicated following the di- 
agnosis of major vascular injury. Mostly primary repair is sug- 
gested in literature as approaches to vascular injuries [2]. We, 
too, excised the dissected section of 1 cm of the iliac artery 
and conducted end-to-end anastomosis in our case. In continu- 
ation, we preferred primary restoration of the lesional wall of 
iliac vein. 

There are studies reporting viewpoints on the ligation as an 
alternative to the reparation of bleeding artery or vein. Sur- 
geon needs to bear in mind all the risks including ischemia that 
may develop when preferring ligation. All infrarenal veins can 
be ligated. Some studies reported that peripheral edema was 
observed quite low following the ligation of vena cava on infra- 
renal level [11,12]. In a study by Dubose et al. [13] conducted on 
61 cases, ischemic complications were not observed among un- 
stable patients with pelvic fracture and bleeding who survived 
following bilateral ligation and pelvic packing or internal iliac 
artery embolization practices. 

To sum up, iliac vascular injuries without pelvic fracture due to 
blunt trauma are rare but high-mortality conditions. In such rare 
injuries, surgeons should expect quite remarkable difficulties 
during diagnosis, in surgical approaches, and in postoperative 
follow-ups. Especially in diagnosis, vascular or trauma surgeons 
need to be a little bit sceptical while evaluating the patient and 
to keep in mind the possibility of iliac vascular injuries at all 
times. 
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Ozet 

Spinal epidural apse ile izole testiktiler apse birlikteligi brusellozun oldukga na- 
dir goriilen bir komplikasyonudur. Yirmid6rt yasindaki erkek hasta, iki aydir devam 
eden bel agrisi, gece terlemesi ve sol skrotal agri ile klinigimize basvurdu. Skro- 
tal Doppler incelemede, sol testiste, yogun i¢erikli septal! kistik lezyon, izole testi- 
kiiler apse olarak degerlendirildi. Hastanin lomber MRG incelemesinde spinal epi- 
dural ve sada paraspinal multip! apse odaklari tesbit edildi. Epidural ve skrotal 
abse drenaji ve antibiyoterapi ile hasta tedavi edildi. Brusella enfeksiyonunun en- 
demik oldugu bélgelerde, bel agrisi ve skrotal agri yakinmasi ile gelen olgularda, 
spinal ve testikiiler apse birlikteliZinin nadir de olsa karsimiza cikabilecegi akil- 


da tutulmalidir. 
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Abstract 

Coincidence of isolated testicular abscess and epidural-paravertebral abscess is a 
rare complication of brucellosis. A 24-year-old male patient was admitted to our 
clinic with 2 months ongoing back pain, night sweats and left scrotal pain. Sep- 
tal cystic lesion with dense content in the left testis was considered to isolated 
testicular abscess in scrotal Doppler examination. Multiple spinal epidural and 
right paraspinal abscess were detected in the spinal magnetic resonance imag- 
ing. The patient was treated with drainage of abscess and oral antibiotics. The 
rare combination of spinal epidural and testicular abscess should be kept in the 
mind if a patient presented with low back pain and scrotal pain in regions where 


brucellosis was endemic. 
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Giris 

Bruselloz sistemik bir hastalik olup ulkemizde birgok bélgede 
endemik olarak goriilmektedir. Hastalik, enfekte hayvan ile di- 
rekt temas, ya da pastorize olmayan enfekte siit ve suit urtinleri 
ile bulasmaktadir. Erkeklerde bruselloza bagli olarak en sik go- 
rulen komplikasyon epididimorsit olup testikUler apse daha az 
gortilen bir komplikasyondur [1-4]. Spinal epidural apse ise nadir 
gortilmekte ve tedavi edilmedigi takdirde fatal seyredebilmek- 
tedir [5,6]. Bruselloza bagli spinal epidural apse ve izole testiku- 
ler apse birlikteligi oldukga seyrek gériilmektedir ve bu nedenle 
klinik ve radyolojik bulgulari giincel literatiir esliginde sunulma- 
ya deger bulunmustur. 


Olgu Sunumu 

Keci ciftliginde calisan 24 yasindaki erkek hasta, 2 aydir de- 
vam eden bel agrisi, gece terlemesi ve sol skrotal agri ile klini- 
gimize basvurdu. Hastada ates 38,5 °C, batin muayanesinde ka- 
raciger ve dalakta biiyiime, ayrica sol skrotumda 6dem ve pal- 
pasyonda hassasiyet mevcuttu. Diger sistem muayeneleri do- 
galdi. Tim batin ultrasonografisinde hepatosplenomegali tes- 
pit edildi. Skrotal Renkli Doppler ultrasonografi (RDUS) incele- 
me Toshiba Aplio 500 cihazi ile 7-12 MHz prob vasitasiyla ya- 
pildi. RDUS incelemesinde sol epididim olagandi, ancak sol tes- 
tiste buylime ve testis parankimi icerisinde, kalin hipervaskiler 
duvar yapisi bulunan, i¢ konturlari diizensiz, yogun icerikli septa- 
li kistik lezyon izole testikiler apse lehine degerlendirildi (Resim 
1). Lomber manyetik rezonans goriintleme (MRG), 1.5 T Gyros- 
can Intera system (Philips, Bothell, WA) cihazi ile elde edildi. Ol- 
gunun lomber MRC’sinde periferik kontrastlanan, kistik i¢ yapi- 
da spinal epidural apse formasyonlari ve sagda paraspinal alan- 
da multilokiile apse odaklari tesbit edildi (Resim 2). Serolojik in- 


Resim 1. Bruselloza bagli testikiiler apse. Skrotal Doppler ultrasonografide, sol 
testiste biiyiime ve testis parankimi icgerisinde duvar yapisinda vaskilarite artis! 
bulunan, yogun icerikli septali kistik lezyon. 


Resim 2. Bruselloza bagli epidural ve paravertebral apse. Lomber manyetik rezo- 
nans go6riinttilemede aksiyel (a) ve sagittal (b) planda elde olunan T2 agirlikli se- 
kanslarda L 4-5 dtizeyinde spinal epidural yerlesimli (kisa oklar) ve sag psoas kasi 
medialinde paravertebral alanda (beyaz oklar) yiiksek sinyalli apse odaklari 


celemede Rose-Bengal (+) ve Wright testi 1/320 (+) olarak sap- 
tandi, kan kiltiiriinde treme olmadi. Hastaya epidural ve skrotal 
abse drenaji yapildi. Medikal tedavide doksisiklin + rifampisin 
(alti hafta) ve streptomisin (3 hafta) kombinasyonu uygulandi. 


Tartisma 

Bruselloz, siklikla hayvancilikla ugrasanlarda, kasap ve mezba- 
halarda galisanlarda, veteriner ve laborantlarda ve taze peynir 
yeme oykiisti bulunanlarda goriliir. Tiirkiye’de endemik bir has- 
talik olup birgok organ sistemini etkileyebilmektedir. Brucelloza 
bagli testikiiler apse olduk¢a nadir bir durumdur ve testis kitlesi 
ile gelen olgularda ayirici tanida mutlaka disiiniilmelidir. Ates, 
gece terlemesi, istah ve kilo kaybi, skrotumda agri, kizariklik ve 
sisliZi olan ve serolojisi pozitif ve ultrasonografi-RDUS incele- 
mede testis igerisinde kalin duvarli, yogun i¢erikli kistik kitlesi 
bulunan olgularda bruselloza bagli testikiiler apse tanisi dust- 
nulmelidir. Apse formasyonu, ultrasonografik incelemede, sant- 
rali kistik nekrotik tiimor ile benzer gériintimti nedeniyle tani- 
da karmasaya neden olabilir. Ancak olgunun serolojisinin pozi- 
tif, timér markerlarinin negatif olmasi nedeniyle malignite ta- 
nisindan uzaklasilir [1-4]. 

Bruselloza bagli spinal epidural apse tanisal karmasaya neden 
olabilen oldukga nadir bir klinik tablodur. Ates ve sirt agrisi ile 
gelen brusellozlu olgularda spinal epidural apse, ayiric! tanida 
mutlaka diistiniilmeli ve spinal MRG inceleme yapilmalidir. Spi- 
nal epidural apse tanisinda MRG oldukga yiiksek dogruluk ora- 
nina sahiptir ve ilk inceleme yéntemi olarak 6nerilmektedir. Epi- 
dural apse tani ve tedavisinde gecikme, apse formasyonunun 
spinal korda basi yapmasi neticesinde kalici paralizilere yol aga- 
bilmekte hatta norolojik ve vaskiiler komplikasyonlar nedeniyle 
oltime neden olabilmektedir [5,6]. 

Diinya Saglik Orgiitii 1986 yilinda, Brusellozlu eriskinlerin 6 haf- 
talik Doksisiklin+rifampisin kombinasyonu ile tedavisini 6ner- 
mistir. Altt hafta doksisiklin ile 14 giin streptomisin tedavisi- 
nin de yaklasik olarak benzer etkinlikte oldugu bildirilmistir [2,7]. 
Sonug olarak, brusellozun endemik oldugu bélgelerde, ates, gece 
terlemesi, halsizlik gibi genel semptomlarla birlikte, bel agrisi ve 
skrotal agri yakinmasi eslik eden olgularda, tedavi edilmedigi 
takdirde dliim dahil agir komplikasyonlarla sonu¢lanabilen spi- 
nal epidural apse ve testikiiler apse birlikteliginin nadir de olsa 
karsimiza ¢ikabilecegi unutulmamali, bu klinikle presente olan 
hastalarin tani/ayirici tanisinda ultrasonografi ve MRG gibi rad- 
yolojik modalitelerin 6nemli bilgiler saglayacag akilda tutulma- 
lidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu cgalismada cikar gakismasi ve finansman destek alindigi be- 
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Ozet 

Tiiberkiiloz, farkli klinik ve radyolojik 6zelliklerle ortaya cikabilir. Bu nedenle ayiri- 
ci tanida zaman zaman giicliik cekilebilmektedir. Uyusturucu madde kullanim 6y- 
kiisi olan 22 yasinda erkek hasta, yiiksek ates ile basvurdugu intaniye klinigince 
notropenik olmasi iizerine yatirilmisti. Ampirik antibiyotik tedavisine yanit alina- 
mayan hasta, radyolojik olarak akcigerde kitle gériinimti olmasi uzerine klinigi- 
mize devralindi. Balgam ve brons lavajinda Asidorezistan bakteri negatif bulun- 
du. Aksiller lenf bezi eksizyonu ile tiberktloz tanisi konuldu. Antitiiberktiloz teda- 
vi ile atesi diistti ve klinik diizelme saglandi. Oldukca nadir gértilmesi ve prevalan- 
sin yliksek oldugu bolgemizde, ¢ok degisik klinik ve radyolojik bulgularla karsimi- 
za Cikabilen tiiberkilozun, her zaman akilda tutulmasini vurgulamak amaciyla ol- 


guyu sunuyoruz. 


Anahtar Kelimeler 
Tuiberkiiloz; Ates; Akciger Kanseri 


Abstract 

Tuberculosis may occur with very different clinical and radiological features. 
Therefore, can be difficulties from time to time in the differential diagnosis. 
22-year-old male patient with a history of drug use, presenting with high fever 
was admitted to the Infectious Diseases Clinic. Patient who fail to respond to 
empiric antibiotic therapy was transferred to our clinic due to the radiologically 
mass in the lung. Acid-fast bacilli were negative in sputum and bronchial lavage, 
tuberculosis was diagnosed with excision of the axillary lymphadenomegaly. Fever 
fell down with antituberculosis treatment and clinical improvement was observed. 
We present the case of tuberculosis which have with different clinical and radio- 


logical findings, in order to always keep in mind. 
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Giris 

Tiberkiloz, ¢ok farkli klinik 6zelliklere ve radyolojik gorinumlere 
sahip olabilmesi nedeniyle, tanisinda hala giiclik gekilen 6nem- 
li bir saglik sorunudur. Nadiren radyolojik olarak kitle goruntiimu 
verebilir ve malignite 6n tanistyla invaziv girisimler gerektirebi- 
lir [1-3]. Sebebi bilinmeyen ates etyolojisinde tuberkiiloz 6n si- 
ralarda yer almakla birlikte 40 C° tizeri ates olmasi oldukga sey- 
rektir [4]. Sebebi bilinmeyen ates etyolojisi ile infeksiyon hasta- 
liklari klinigine yatirilmis ve akciger grafisinde sol hiler kitle go- 
rulmesi zerine klinigimize devralinan, notropenik atesli bir ol- 
guyu sunuyoruz. 


Olgu Sunumu 

22 yasinda erkek hasta, 1 ay once baslayan istahsizlik ve 12 kg 
kilo kaybi, 10 giin 6nce baslayan ates sikayetleri ile basvurmus 
ve ates etyolojisi arastirilmasi igin enfeksiyon hastaliklari klini- 
gine yatirilmis. Hastanin akciger grafisinde ve toraks tomogra- 
fisinde (BT) hiler kitle gorulmesi Uzerine gogtis hastaliklari kli- 
nigine yatirildi. Ozgecmisinden 3 yil boyunca uyusturucu mad- 
de kullandigi, son 1 yildir tamamen biraktigi 6grenildi. Fizik mu- 
ayenede genel durum orta, kasektik goriinimde ve 46 kg agirli- 
ginda, deri soluk, ates:39.6 °C idi. Solunum ve diger sistem mu- 
ayeneleri normaldi. Laboratuvar incelemesinde sedimentasyon: 
70mm/saat, C-reaktif protein:21.9 mg/L, lokosit:2.7 K/uL, he- 
moglobin: 10.3g/dl, trombosit: 150 K/uL, anti HCV:14.49 olarak 
olculdi. Diger tetkikleri normaldi. Akciger grafisinde, sol hiler 
kitle gortinimt vardi (Resim:1). Toraks BT’de sol perihiler alan- 


Resim 1. PA Akciger grafide sol hiler kitle goriinimii 


da, igerisinde hipodens nekrotik alanlarin izlendigi, 40x42mm 
boyutlarinda kitle izlendi (Resim:2). Hastaya bronkoskopi yapil- 
di. Tum lob ve segment bronslari acik izlendi. Sol sistemden la- 
vaj ve lingular segmentlerden transbronsiyal igne biyopsisi alin- 
di. Brons lavajinda asidorezistan bakteri (ARB) ve lokosit géril- 
medi. Batin ultrasonografisinde (USG) hepatomegali (170 mm) 
ve splenomegali (191 mm) izlendi. Prokalsitonin degerinin 0.19 
ng/ml olmasi ve ates yliksekliginin devam etmesi nedeniyle has- 
taya Seftriakson IV baslandi. Her gece atesi 40 °C Uuzerine ¢i- 
kan hastanin, atesli ddnemlerinde 2 kez alinan kan kulturlerin- 
de tireme olmadi. Uctincii giin sonunda atesin diismemesi tize- 
rine tedaviye (antipsedomonal etkisi ve atipik etkenleri de kap- 
samasi nedeniyle) moksifloksasin eklendi. Ancak ates yiiksekli- 


Resim 2. Toraks BT’de sol perihiler alanda 40x42mm boyutlarinda kitle 


gi devam etti. Hastanin gecmisinde intravenéz madde kullani- 
mi 6ykiisti olmasi nedeniyle, ekokardiyografi yapilarak, infektif 
endokardit tanisi dislandi. Bisitopeni olmasi nedeniyle perife- 
rik yayma yapildi, atipik hiicreye rastlanmadi. Bronkoskopik bi- 
opsi ve lavajda patolojik inceleme sonucu malign hicreye rast- 
lanmadi. Hastaya, ele gelmemesine ragmen periferik lenf bol- 
gelerine yonelik USG yapildi. Sol supraklavikuler ve her iki ak- 
sillar bélgede, en biiyiikleri 28x8 mm olan lenfadenomegaliler 
(LAM) izlendi. Hastaya sol supraklavikiiler ve sol aksiller LAP ek- 
sizyonu yapildi. Gecen sirede tedaviye ragmen atesi hi¢ diisme- 
yen ve 41°C’ye kadar cikan hastanin genel durumu gittik¢e k6- 
tilesti. Kontrol akciger grafisinde sol hiler lezyonun genisledigi 
ve mikronodiler-miliyer gorunim olustugu izlendi. Tekrar ¢eki- 
len toraks BT’de milier yayilim goriildii (Resim 3). Lenf bezi pa- 


Resim 3. Toraks BT’de mikronodiiler-miliyer yayilim 


tolojik inceleme sonucunun ‘kazeifikasyon nekrozu olan grant- 
lomatoz lenfadenit’ olarak raporlanmasi Uzerine, hastaya anti- 
tiberkiiloz tedavi baslandi. Tedavinin dérdiinci giinti atesi du- 
sen hasta, onuncu giin taburcu edildi. Takiplerinde, brons lava- 
ji kiiltirtinde Mycobakterium tuberculosis tiremesi saptandi. ilac 
direng testleri negatif idi. Klinik radyolojik dizelme ile (Resim:4) 
altinc! ayin sonunda tedavi sonlandirildi. 


Tartisma 

Etkin Tiberkiloz (TB) savasi neticesinde yillar igerisinde akciger 
tiiberktlozu olgu sayisinda ciddi oranda azalma gortllirken, eks- 
trapulmoner TB olgularinda oransal olarak bir artis s6z konusu- 
dur. Halen tilkemizde %39 olarak bildirilen akciger dis! TB orani, 
beraberinde birtakim tanisal gucltkleri de getirmistir [1]. Eks- 
trapulmoner organ tutulumunda, %38 ile ilk siray! alan tuberku- 
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Resim 4. Tedavi sonrasi PA Akciger grafisinde radyolojik diizelme izleniyor. 


loz lenfadenit, en sik bas-boyun bdlgesi lenf bezlerinde goriilir. 
Basilin viicuda giris yoluna ve lenfatik drenaja bagli olarak, ser- 
vikal ve supraklavikiler lenf bezleri hastaliktan en fazla etkile- 
nir. Ekstratorasik lenfadenitlerde, ele gelen lenf bezlerinin eksiz- 
yonel biyopsisi ile tani nisbeten daha kolaydir. intratorasik lenf 
bezleri tutulumu ise, tuberkiiloz lenfadenit olgularinin %7,8’inde 
gozlenir [1]. Ancak olgumuzda oldugu gibi, 4x4 cm Uzeri boyut- 
lara ulasmis ve kitle gérUntiisi veren mediastinal tiberkiiloz ise 
olduk¢a nadirdir. Maligniteyi taklit eden mediastinal tiberkiiloz 
olgularini degerlendiren bir galismada ortalama lezyon boyu 2,3 
cm olarak bildirilmistir [2]. 

Akciger tiiberkilozlu 597 hastanin incelendigi bir galismada, 11 
hastada kitle benzeri lezyonlar bildirilmistir [3]. Bu radyolojik 
goériintime sahip hastalarda ttiberkiiloz, genellikle akciger kan- 
seri ve lenfoma ile karisabilir. Mediastinal tuberkiiloz lenfade- 
nitlerde, eger parankimal lezyon yok ise taniya ulasmak olduk- 
¢a zordur. Fiberoptik bronkoskopi incelemesi genellikle normal- 
dir ve alinan transbronsiyal biyopsi veya lenf bezi igne aspiras- 
yon yaymalarinin tani orani cok dusiiktir [5]. Tani genellikle to- 
mografi esliginde ince igne biyopsisi, ultrason esliginde trans- 
bronsiyal biyopsi, mediastinoskopi ve torakatomi gibi ileri inva- 
ziv islemler sonucunda koyulur. Olgumuzda da bronkoskopi nor- 
maldi, alinan biyopsiler ve lavajin patolojik-mikrobiyolojik ince- 
lemesi ile tant konulamadi ve sol supraklavikiler-aksiller LAM 
eksizyonu yapildi. 

Hiler ve mediastinal lenfadenopati daha cok primer (cocuk tipi) 
tuberkilozun bulgusudur ve yetiskinlerde nadir gortliir. Paran- 
kimal hastalik olmadan LAM olmasi da seyrektir. Ayrica miliyer 
tutulum da primer tiberkiilozda daha siktir [6]. Bu bilgiler isigin- 
da olgumuzdaki tiiberkiilozun primer TB oldugu distinuldu. 
Sebebi bilinmeyen ates, tig haftadan uzun stiren ve zorunlu test- 
lere ragmen kesin tan! konulamayan durumlar! tanimlar. Ulke- 
mizde 857 hastayla yapilan bir calismada %36.4 ile en sik se- 
bep, tuberkuloz olarak bulunmustur [7]. Tuberkiiloz hastalarinda 
ates sik gérillen bir bulgu olmakla birlikte, yiksek ates ilk bas- 
vuru sikayetleri arasinda yer almaz. Genellikle tiberkiiloz ate- 


si orta ve diisiik derecededir [4]. Olgumuzda oldugu gibi ate- 
sin 41°C udzerine cikmasi cok nadirdir. Tuberktloz hastalarinda 
atesi degerlendiren bir ¢alismada; atesin, hematolojik bozukluk- 
larla, bir diger galismada ise alkolizm ile iliskili oldugu gosteril- 
mistir [8,9]. Olgumuzda uyusturucu madde kullanimi ve nétro- 
peni, yksek ates ile ilgili olabilir. N6tropenik hastalarda, genis 
spektrumlu yogun antibiyotik tedavisine ragmen ates yiiksekli- 
ginin devam ettigi durumlarda, tiberkiloz ayirici tanilar arasin- 
da yer almalidir. 

Sonug olarak, TB insidans ve prevalansinin yiiksek oldugu tlke- 
mizde, cok degisik klinik ve radyolojik bulgularla karsimiza cika- 
bilen tuberkilozu, her zaman 6n tanilarimiz arasina koymanin 
yararli olacagini dustinuyoruz. 


Cikar Cakismasi ve Finansman Beyani 
Bu cgalismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Gzet 

Rahim igi arag (RIA) uzun siireli, etkili ve tekrar kullanima muisait yaygin bir kont- 
rasepsiyon yéntemidir. RIAin mesaneye migrasyonu nadir gériilen bir komplikas- 
yondur. Kronik pelvik agri, vajinal akinti, direngli idrar yolu enfeksiyonu ve irritatif 
igeme bulgulari varliginda RiA'in mesane migrasyonu akla gelmelidir. Bu calisma- 


da mesanede taslasmis RIA olgusunun sunulmasi amaclanmistir. 


Anahtar Kelimeler 


Rahim ici Arac; Mesane Tas; Uterus Perforasyonu 


Abstract 

An intrauterine device (IUD) is a long term, efficient, reversible and common meth- 
od of contraception. IUD migration into the bladder is a rarely observed complica- 
tion. Chronic pelvic pain, vaginal discharge, resistant urinary tract infections and 
bladder irritative voiding symptoms in the presence of IUD migration should be 


considered. This study aimed to report cases of bladder petrified IUD. 
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Giris 

Rahim ici arag (RIA), reversible, diistik komplikasyon ve maliyet 
oranlari nedeniyle en cok kullanilan kontrasepsiyon yontemidir 
[1]. RIA yerlestirme sirasinda veya daha sonra yer degistirme 
ile uterus perforasyonu sonucu mesaneye migrasyonu nadir bir 
komplikasyondur. Biz bu galismamizda 5 yil 6nce takilip mesa- 
neye migrate olmus ve taslasmis RIA olgusunu sunmay! amac- 
ladik. 


Olgu Sunumu 

Yaklasik 5 yil 6nce RIA takilip son 1 aydir da gecmeyen diziiri, 
hematiri ve pelvik agrisi olan 32 yasinda ki hastanin klinigimi- 
ze basvurmasi Uzerine yapilan tam idrar tetkikinde 105 eritro- 
sit, 3 lokosit mevcutken idrar kulturiinde Ureme saptanmamis- 
tir. Hemodinamik testleri de normal olan hastanin cekilen di- 
rek grafisinde (resim 1) mevcut RiA’in mesaneye migrate oldu- 


Resim 1. Mesaneye migrate RIA 


gu dustinilmUus ve yapilan ultrasonografide (USG) de mesane 
iginde RiAa ait olabilecegi diistiniilen goriintim izlenmistir sek- 
linde raporlanmistir. 

Hastaya genel anestezi altinda endoskopi uygulandi ve mesane- 
deki taslasmis RIA (resim 2) forcepsle ekstrakte edildikten son- 
ra yapilan kontrol sistoskopisinde herhangi bir fistiil traktina ve 
patolojik olusuma rastlanmazken sol yan duvar-taban bileske- 
de skleroze gortiniim izlendi (resim 3). S6z konusu lezyon has- 
tanin mevcut yasi, anamnezi, klinik bulgulari, goriintiileme yon- 
temleri ve yapilan sistoskopik incelemesi g6z Oniine alindigin- 
da, tirotelyal malignite diisiinilmemis ve RiA’in mesaneye giris 
trakti oldugu diistiniilp mevcut goriinim perforasyon lehine yo- 
rumlanmistir. 

Postoperatif 1. giinde sorunsuz bir sekilde taburcu edilen hasta- 
nin 1. ay kontroliinde herhangi bir komplikasyon veya fistiil bul- 
gusuna rastlanmamistir. 


Resim 2. intravesikal RIA 


Resim 3. Mesane sol yan duvar perforasyon hatti 


Tartisma 

RIA yaygin kullanilan, giivenilir kontrasepsiyon yontemlerinden 
biri olup intraabdominal ve komsu organlara migrasyonu na- 
dir gortilmekle beraber tedavi edilebilir bir komplikasyonudur. 
RIA migrasyonu nedeniyle olusan uterus perforasyonu insidan- 
s! 1000 olguda 0.87-1.6 oraninda saptanmistir [2]. Nadir gorii- 
len perforasyon, literatiirde cesitli sebeplere baglanmis ve cogu 
yazar da RIA uygulamasinin bu konuda uzmanlasmis kisilerce 
uygulanmasi gerekliliZine inandiklarini belirtmislerdir [3-5]. Bu- 
nun disinda Actinomyces enfeksiyonu varligi [6,7] yksek efor 
gerektiren islerde calisilmasi durumlari, postpartum ve laktas- 
yon dénemleri ile hipodstrojenemi gibi uterus duvarinin inceldi- 
gi sureclerde uterusun perforasyona daha yatkin oldugu bildiril- 
mistir [4,5,8]. RIA migrasyonu, siklikla peritoneal kavite, omen- 
tum, ileum, sigmoid kolon, rektum ve mesaneye gortilmektedir 
[9]. Mesaneye migrate olmus RiA yerlesimi literatiirde daha cok 
arka duvarda bildirilirken [10,11], bizim olgumuzda daha skle- 
roze ve iyilesmis perforasyon hatti gorinumiinden dolayi me- 
sane tabani-sol yan duvar bileskeye yerlesmis oldugunu sapta- 
mis bulunmaktayiz. 

intravezikal RIA, asemptomatik olabilecegi gibi diztiri, hematii- 
ri, tekrarlayan idrar yolu enfeksiyonu ve alt abdominal bélge- 
de agriya neden olabilir. Bayan hastalarin uroloji polikliniklerine 
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sik basvuru nedenlerinden olan bu sikayetlerin kaynaginin az da 
olsa RIA migrasyonu olabilecegi ihtimali unutulmamalidir. int- 
ravesikal RIA, USG ve pelvik grafi gibi radyolojik yontemlerle de 
uzerinde kalsifikasyon ve tas olusumu gortilebilmektedir [8]. Li- 
terattirde tas olusum miktari ve siiresine dair fikir birliZi bulun- 
mamaktadir. Cesitli calismalarda mesane perforasyonu sonra- 
si ilk 6 ayda [12] veya 3 yilda [13] cikabilecegi ifade edilirken 
bu durumun mesanenin RiA’a maruziyetinden bagimsiz oldugu- 
nu iddia eden calismalarda bulunmaktadir [14]. Bizim olgumuz- 
da irritatif iseme belirtileri ile polikliniZimize basvurmus ve si- 
kayetleri RiA yerlestirilmesinden bes yil sonra cikmis olup iize- 
rinde tas olusumu gorulmistur. 

Kayip RIA, agri, enfeksiyon, komsu organ hasari, intraabdomi- 
nal adezyon, intestinal obstruksiyon, hatta sepsis gibi kompli- 
kasyonlara sebep olabilecegi ihtimallerinden dolay! ortaya ko- 
nulmas! ve tedavi edilmesi gereken bir durumdur [3,4,8,15,16]. 
Tedavide agik cerrahi ile laparoskopi ve endoskopi gibi minimal 
invaziv yontemler tercih edilebilmektedir. Agik cerrahi genellik- 
le RIA tizerinde olusmus biiyiik boyutlu taslarin cikarilmasi ama- 
ciyla uygulanabilir [17]. Markovitch ve ark. uygun hastalarda 
konservatif yaklasimi da tavsiye etmektelerse de [6] intravesi- 
kal RIA durumlarinda, Grotelyumdaki yabanci cisimlerin alt iri- 
ner sistem semptom ve tas olusum potansiyellerinden 6tiru te- 
davi gerektirmektedir [8,15]. Biz de hastamizda tespit ettigimiz 
intravesikal RIA’ endoskopik yéntem ile cikarabildik. 


Sonuc¢ 

RIA uygulanmis bayanlarda, tedaviye direncli iriner enfeksiyon, 
disparoni, diziiri gibi alt Uriner sistem semptomlar! varliginda 
RIA migrasyonu akla gelmeli, tani ve tedavi bu istikamette yon- 
lendirilmelidir diye diistinmekteyiz. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

Primer perkiitan koroner girisim (PCI) da kisa ve uzun dénem mortaliteye etki eden 
6nemli parametrelerden biri de ‘door to baloon time’ dir. Sorumlu lezyonun olduk- 
¢a nadir goriilen koroner arter cikis anomalisinin olmasi ve koroner artere kanii- 
lasyon igin uygun kateter bulunamamas! bu siirenin uzamasina neden olabilir. Bu- 
rada; literatiirdeki ilk vaka olan, akut inferior miyokard enfarkttisii (MI) ile basvu- 
ran hastada sorumlu lezyonun yiiksek anterior cikisli sag koroner arter (RCA)’ nin 
oldugu nadir goriilen koroner anomaliye modifiye edilmis sol guiding kateter yar- 


dimuyla basarili primer PCI uygulanan vaka sunuldu. 
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Abstract 

One of the important parameters that influence the short and long-term mortal- 
ity in primary percutaneous coronary intervention (PCI) is door to baloon time. 
Because culprit lesion is extremely rare anomalous origin of coronary artery and 
there is no proper catheter for coronary artery cannulation, this period may take 
longer. Here; the case that is the first in the literature, in which the culprit lesion 
was high anterior takeoff right coronary artery (RCA) in the patient admitted to 
hospital with acute inferior myocardial infarction (MI), and in which a successful 
primary PCI was applied to a rare coronary anomaly with the help of a reshaped 
left guiding catheter was presented. 
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Introduction 

ST elevation acute coronary syndrome (STE-ACS) is the major 
reason affecting morbidity and mortality in developed countries. 
The most effective way of reducing mortality in STE-ACS is ini- 
tiation of interventional (primary PCI) or thrombolytic therapy 
as soon as possible. Door to baloon time has been shown to be 
an important parameter affecting short and long term mortal- 
ity in STE-ACS, and morbidity ve mortality of the patients with 
shorter door to baloon time is less than the others. 

The incidence of coronary artery anomalies (CAA) are between 
0.3% and 1.3% in general population and these patients who 
are usually asymptomatic may be admitted to the hospital with 
a variety of clinics, including sudden cardiac death [1]. One of 
the very rare subtypes of CAA is anomalous right coronary ar- 
tery (RCA) with high anterior takeoff [2]. Various catheters are 
used for this anomaly which is quite difficult to cannulate in 
selective coronary angiography, but this increases the time and 
the cost of procedure. When patients with rare CAA are ad- 
mitted to hospital with STE-ACS, because of these difficulties, 
door to baloon time may increase. However, this problem can 
be avoided with catheters providing adequate and appropriate 
back-up [3]. Here, we presented the case in which the culprit 
lesion was high anterior takeoff RCA and in which cannulation 
can not be achieved despite the use of numerous catheters, but 
cannulation and adequate back-up was provided after the use 
of a reshaped Judkins left guiding catheter. 


Case Report 

55 year old male patient with typical anginal pain in last 6 hours 
was admitted to our hospital. There were no risk factors for 
coronary artery disease except smoking. There were 2/6 sys- 
tolic murmur on mitral valve area in cardiac auscultation, and 
ST elevation in the inferior leads and reciprocal ST depression 
in leads V1-V3 on admission electrocardiography. The patient 
with wall motion abnormalities on echocardiography was taken 
to the catheter laboratory for primary PCI with the diagnosis of 
acute inferior MI. In left coronary angiography via the femoral 
artery, cannulation of the left main coronary artery was achieved 
with Judkins left 6-F catheter and no significant lesions in the 
left coronary system was determined (Figure 1). RCA could not 
be displayed with Judkins guiding catheters of different sizes 
and then aortography was performed. In aortography RCA was 
observed as ghost-like image (Figure 2), and despite the use 
of, respectively, Amplatz left and right (AR-AL), right coronary 
bypass (RCB) and multipurpose guiding catheters, cannulation 
still was not achieved. Finally, Judkins left 6-F guiding catheter 
was reshaped manually by increasing the primary and second- 
ary slopes up to 100-110 degrees, and quite good cannulation 
and sufficient back-up was provided. In the imaging, high ante- 
rior takeoff of RCA and in the mid-region of RCA thrombosed 
lesion causing 99% stenosis was determined (Figure 3). RCA 
lesion was passed through by 0,014 inch AsahiTM floppy guide- 
wire (Asahi Intecc, Aichi, Japan) and after predilatation by 2.0 
mm*20 mm Alvimedica Invader® balloon (Alvimedica, Istanbul, 
Turkey), 2.75 mm*24 mm BiomimeTM sirolimus eluting stent 
(Meril Life Sciences, Vapi, India) was implanted and the lesion 
had <10% residual stenosis at the end of the procedure (Figure 
4). There was no complication during the procedure and two 


Figure 1. Angiogram showing no significant stenosis in the left anterior descend- 
ing and circumflex artery. 


Figure 2. Aortogram showing ghost-like image the orifice of the high anterior 
takeoff right coronary artery. 


days later the patient was discharged uneventfully. 


Discussion 

In STE-ACS cases which account for approximately 30% of all 
cases of ACS, reperfusion therapy plays a key role in reducing 
morbidity and mortality and reperfusion therapy can be per- 
formed by primary PCI which is an invasive way or by throm- 
bolytic therapy. One of the most important factors influencing 
the decision of primary PCI is door to baloon time and this time 
is recommended to be under 90 minutes in patients with STE- 
ACS for effective benefits and every minute over 90 minutes 
increases mortality. But unfortunately, in some patients taken 
to the catheter laboratory for primary PCI, complexity of the 
culprit lesion and presence of CAA restricting cannulation or 
adequate back-up may increase this time. 

The frequency of CAA in the general population has been re- 
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Figure 3. Coronary angiogram of the high anterior takeoff right coronary artery 
(RCA) engaged with reshaped Judkins left 6-F guiding catheter and showing criti- 
cal stenosis in the mid-RCA. 


Figure 4. Angiogram showing good flow in the high anterior takeoff righ coronary 
artery after primary percutaneous coronary intervention. 


ported to be between 0.3% -1.3%, and these patients who are 
usually asymptomatic may present with a variety of clinics 
including sudden cardiac death [1]. High anterior takeoff RCA 
anomaly is an extremely rare subtype of all CAA [2]. Therefore, 
no case has been reported so far in which this extremely rare 
anomaly is culprit lesion for acute STE-ACS and from this per- 
spective, the case that we reported is the first case in the litera- 
ture. Recently Marchesini et al. reported that there were only 5 
coronary anomalies in 1015 patients with STE-ACS admitted 
to their centers and they mentioned about the complexity of 
two cases and reported that presence of CAA as culprit lesion 
in STE-ACS complicates primary PCI procedure [4]. Komatsu et 
al. determined high anterior takeoff RCA anomaly in a patient 
admitted with non-ST elevation ACS and they could not achieve 
selective cannulation of RCA with standard catheters and they 
stented the lesion in RCA with the help of DIO Thrombus Aspi- 


ration Catheter [3]. In another case, Turgut et al. thought that 
in a patient without ACS who has angina refractory to medical 
treatment, the culprit lesion causing symptoms was chronic to- 
tal occlusion in high anterior takeoff RCA, and they achieved the 
cannulation of RCA with the help of RCB guiding catheter [5]. 
On the other hand, in their study conducted in 837 patients, Ak- 
gun et al. showed that there was only one high anterior takeoff 
RCA in 49 patients in which cannulation of the RCA could not be 
achieved and selective cannulation may be achieved by reshap- 
ing the left Judkins catheter [6]. For providing adequate back-up 
in RCA anomalies arising from the left sinus valsalva, Cohen et 
al. showed in two cases that Judkins left guiding catheter can be 
used and Caliskan et al. showed that multipurpose Hockey Stick 
guiding catheter can be used [7,8]. 

As a result, when rare seen high anterior takeoff RCA is the 
culprit lesion in STE-ACS, to provide adequate support for se- 
lective cannulation and primary PCI, manually reshaped Judkins 
left guiding catheter can be used as we did in our case. Also, this 
method can contribute to the reduction of morbidity and mor- 
tality by reducing procedure time and the amount of opaque. 
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Ozet 

Vulvar leiomyom, vulvar kitle ile prezente olan kadinlarda nadiren saptanan bir tii- 
mordiir. Ayirici! tanida vulvanin invaziv kanseri, vulvar leiomyosarkom, bartholin 
glandi kisti ve timorleri yer almalidir. Vulvar leiomyom tedavisinde, genellikle kit- 
lenin basit eksizyonu yeterlidir. Sarkomat6z degisim gosteren olgularin tedavisin- 
de kemoterapi ve radyoterapi gibi ek tedavi modalitelerinin kullanilmasi gereke- 
bilir. Mevcut yazida nadir saptanan bir vulvar leiomyom olgusu sunulmus ve lite- 


ratiir esliginde tartisilmistir. 
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Abstract 

Vulvar leiomyoma is a rare tumor, which may be diagnosed in women who pres- 
ent with a vulvar mass. Invasive vulvar cancer, vulvar leiomyosarcoma, Bartholin 
gland cysts and tumors should be considered in differential diagnosis. For the 
treatment of vulvar leiomyoma, simple excision of the mass is generally adequate. 
In cases with sarcomatous differentiation, additional treatment modalities such 
as chemotherapy or radiotherapy may be utilized. In the present manuscript, a 
rare case of vulvar leiomyoma is reported and discussed in accordance with the 


relevant literature. 
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Giris 

Leiomyomalar, diz kas hiicrelerinden kaynaklanan benign tii- 
morlerdir. Vulvar leiomyom genellikle uterus rotundum ligamen- 
tinden kaynaklanan, nadiren rastlanan ve literatiirde genellik- 
le olgu sunumu seklinde bildirilen benign timorlerdir[1]. Siklik- 
la Ureme caginda goriliip gebelikte buyiimekle birlikte menapoz 
doneminde de gorillebilmektedir. Hastalarin cou asemptoma- 
tik olmakla beraber, vulvar b6lgeden kaynaklanip semptomatik 
seyreden vakalarda, benign veya malign ayrimi ile tani ve teda- 
vi igin onerilen yontem lokal eksizyondur. 

Bu yazida, klinigimize vulvada ele gelen agrili kitle sikayeti ile 
basvuran, ve nihai patolojik tanis! vulvar miksoid leiyomyom 
olarak bildirilen hasta sunulmus ve literatiir esliginde tartisil- 
mistir. 


Olgu Sunumu 

Elli yasinda postmenopozal hasta, klinigimize vulvar bélgede ele 
gelen sert ve agrili kitle sikayetiyle basvurdu. Pelvik muayenede 
sol labium majusta yaklasik 5 cm boyutunda solid kitle saptand 
(Resim 1). Transvajinal ultrasonografide uterus ve overler nor- 


Resim 1. Vulvar kitlenin preoperatif resmi 


mal olarak izlendi. Laboratuvar incelemesinde hemogram, biyo- 
kimyasal tetkikleri ve tumir belirtegleri normal sinirlar igerisin- 
de idi. Vulvar kitle 6n tanisi ile operasyon karari alindi. 

Operasyonda kitle lokalizasyonundan yaklasik 3 cm cilt insizyo- 
nu yapildi, kitle tek parca halinde eksize edilerek patolojik ince- 
leme icin gonderildi. Postoperatif donemde herhangi bir kompli- 
kasyon gelismedi. Hasta postoperatif ikinci giinde taburcu edil- 
di. Histopatolojik incelemede, makroskopik olarak 6x3x2 cm 6l- 
cisunde dizgiin yiizeyli, ince bir kapsille cevrili kesiti kirli beyaz 
renkli polipoid solid kitle izlendi (Resim 2). Hematoksilen-eozin 


Resim 2. Vulvar kitlenin eksize edilmis hali 


boyama sonras! mikroskopik bulgular miksoid leiomyom ile 
uyumlu idi (Resim 3). immunhistokimyasal tetkiklerde aktin ile 


= = ag ~ 
2 — 
Resim 3: Vulvar kitlenin mikroskopik inceleme goriintiisi. Genis miisin golcukleri 
arasinda igsi hlicrelerden olusan neoplazm (miksoid leiomyom) (H&Ex100) 


diffiiz, desmin ile fokal pozitif boyanma saptandi. S100 ve CD34 
ile boyanma gortilmedi. Ki-67 proliferasyon indeksi ¢ok diisiik 
(< %1) olarak saptandi. Nihai patolojik tan! miksoid leiomyoma 
olarak rapor edildi. 


Tartisma 

Leiomyomalar jinekoloji pratiZinde en sik karsilasilan neoplazi- 
lerdendir [2]. Cok buyiik bir kismi uterus yerlesimli olarak kar- 
simiza cikmaktadir. Ekstrauterin leiomyomlar literatiirde nadir- 
dir ve rotundum ligamenti boyunca abdominal, inguinal ve vul- 
var bélgelerde olusabilirler. Rotundum ligamenti uterustan bas- 
lar ve inguinal kanal boyunca seyredip labia majora’larda son- 
lanir. Embriyolojik olarak, overlerin pelvise inisinden sorum- 
lu olan gubernakulumun distal kisminin farklilasmasi sonucun- 
da olusur. Rotundum ligamenti, erkekteki gubernakulum testi- 
sin kadindaki esdegeridir[3]. Vulvar leiomyom insidansi tam ola- 
rak bilinmeyen, nadir gériilen benign karakterde, degisik boyut- 
larda prezente olabilen, solid bir ttimordtr [4]. Siklikla Greme 
caginda gortlmekle birlikte, postmenopozal dénemde de gorti- 
lebilmektedir. Hastalarin goZu asemptomatiktir. Semptomatik 
olan hastalar vulvada ele gelen kitle, vulvar agri, genital kana- 
ma, idrar yapmada zorluk gibi sikayetlerle de saglik merkezle- 
rine basvurabilirler. Klinik ayirici tanida fibromlar, lipomlar, an- 
giofibromlar, lenfangiomalar, graniiler hiicreli myeloblastoma- 
lar (Schwannoma), Nuck kanali kistleri, bartholin kistleri diisii- 
nilmelidir[5, 6]. 
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Nadir olmakla birlikte, uluslararasi literatiirde vulvar leiomyoma 
olgulari bildirilmistir. Youssef ve arkadaslarinin bildirdigi 39 ya- 
sindaki bir olguda, vulvada saptanan, 4 yilda yaklasik 3 cm’den 
15 cme kadar biyiiyen kitlenin histopatalojik incelemesi vulvar 
leiomyom olarak bildirilmistir[7]. Levy ve arkadaslarinin sundu- 
gu iki olgu sunumunda bartholin kisti 6n tanisiyla iki hastaya 
kist aspirasyonu denenmis ve basarisiz olunmasi uzerine kitleler 
total olarak eksize edilmistir. Histopatolojik incelemeler sonu- 
cunda bir vakada vulvar leiomyom, diger vakada vulvar leiomyo- 
sarkom olarak raporlanmistir[8]. 

Vulvar kitlelerde benign/malign ayrimi yapmak zordur. Bu ne- 
denle lokal eksizyon ve patolojik tan! 6nemlidir. Klinik olarak vul- 
var leiomyoma ile uyumlu kitleler icin, Nielsen ve ark. 25 vakalik 
calismalarinda olgular! leiomyom veya leiomyosarkom y6oniin- 
den ayirt etmek amaciyla dort kriter belirlemislerdir: 1) 5 cm’den 
buytik tiimér 2) gevre dokulara infiltrasyon 3) 10 biyiik buyut- 
meli mikroskop sahasinda >5 mitotik aktivite 4) Orta veya cid- 
di derecede sitolojik atipi. Bu kriterlerden herhangi Ucuini i¢e- 
ren olgular leiomyosarkom, ikisini igeren olgular atipik myom, 
birini igeren olgular ise leiomyom olarak degerlendirilmistir[5]. 
Bu yazida sunulan olguda vulvar kitle 5 cm’ den biiyiik oldugun- 
dan, bu dort kriterden bir tanesini igermekte olup leiomyom ola- 
rak degerlendirilmistir. 

Ozetle, vulva lezyonlari arasinda vulvar myomlar cok nadir yer 
almalarina karsin, ayiric! tanida diistiniilmesi gereken olusum- 
lardir. Vulvadaki kitlelerde 6ncelikle mimkiinse benign/malign 
ayrim! yapilmasi, kesin tani konulmasi sonrasinda uygun tedavi- 
nin belirlenip niks agisindan takip edilmesi 6nemlidir. 
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Ozet 

Retroperitoneal liposarkom ender goriilen, kétii prognozlu bir timdrdiir. Spesifik 
bir bulgu vermemesi nedeniyle kitleler biiyik boyutlara ulasana kadar tani gecike- 
bilmektedir. Cerrahi tedavi baslica tedavi secenegidir. Dev liposarkomlu hastalar 
da cok sayida organ rezeksiyonu gerekebilir ve kitlenin tam ¢ikarilamamasi lokal 
nukslerin sebebidir. Medikal tedavi ise tartismalidir. Bu yazida 2 yil 6nce retrope- 
ritoneal kitle saptanarak ameliyat 6nerilen, ancak hasta tarafindan ameliyat kabul 
edilmedigi icin dev boyutlara ulasarak sol bobrek, sol adrenal bez ve sol kolon me- 
zosunu tutan liposarkom olgusu sunuldu. Tuimériin dev boyutlarda olmasi ve bircok 
organ! tutmasinin rezeksiyon acisindan kontrendikasyon olusturmadigini ve rezek- 


siyonun hastanin yasam kalitesini arttirdigini gostermek icin bu olguyu tartistik. 
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Abstract 

Retroperitoneal liposarcomas are very rare tumors with poor prognosis. The diag- 
nosis can be delayed since there are no specific symptoms and findings. Surgical 
resection is the primary treatment choice. Obtaining negative surgical margins 
should be the primary aim.,Multiple organ resections may be essential in cases 
with huge liposarcoma and incomplete resection leads to local recurrences. There 
is still an ongoing controversy in the medical treatment of liposarcomaa. In this 
study we presented a patient with liposarcoma who was advised for surgery due 
to retroperitoneal mass 2 years ago but refused so the mass grew to a huge size 
invading left kidney, left adrenal gland and left mesocolon. We aimed to point 
out organ invasion and huge masses of liposarcoma are not contraindications 
for resection, and resections of these huge tumors improve quality of life. All 
retroperitoneal masses should be aggressively excised and patients should be 
closely followed up. 
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Introduction 

Retroperitoneal liposarcomas make up 0.1% to 0.2% of all ma- 
lignant tumors and 15% of all sarcomas. Liposarcomas are the 
most common type of retroperitoneal sarcomas (41%). It is fol- 
lowed by leimyosarcomas, malignant fibrous histiocytomas, fi- 
brosarcomas and other undifferentiated sarcomas [1]. 
Retroperitoneal masses present with nonspecific findings. This 
delays diagnosis until the tumor reaches enormous sizes. For 
diagnosis, computerized tomography and magnetic resonance 
imaging gives information about the location and structure of 
the mass. Surgical excision is the golden standard for treat- 
ment [2,3]. 

In this study we presented a retroperitoneal liposarcoma case 
in which the patient was diagnosed as retroperitoneal mass 
and advised for surgery but refused to be operated so the mass 
grew to a huge size. The patient who could not walk and meet 
her own needs due to giant mass started walking and taking 
care of himself without any help after the surgery. 


Case Report 

History of 56 years old female patient hospitalized in our clinic 
with the diagnosis of giant retroperitoneal mass revealed that 
2 years ago she attended a medical facility with abdominal pain 
and abdominal distention complaints where a retroperitoneal 
mass of 5 cm of size have been found and she was advised to 
be operated. But at that time by own will, the patient did not 
accept to be operated. She attended our clinic as the mass con- 
tinued growing, and made the patient unable to walk and meet 
her own needs for the last 6 months. 

Physical examination revealed severely distended abdomen 
(Picture 1). The patient who was unable to stand up and walk 


Picture 1. Preoperative view of a patient with giant retroperitoneal sarcoma 


due to the mass had sensitivity in all abdominal quadrants. 
Defense and rebound were not seen. Biochemical studies and 
complete blood count were normal. 

Abdominal tomography showed gigantic mass lesion, localized 
in the left flank, neighbored by multiple solid mass lesions with 
the largest being 55x32 cm in size, accompanied by increase in 
surrounding fat tissue and dense inhomogenities at the mes- 
entery and deplacing all abdominal organs to the right side 
(Picture 2). Additionally solid mass lesions of varying sizes and 
similar characters have been seen neighboring the lower lobe 
of the left kidney and inside the increased fat tissue (retroperi- 
toneal malignant tumor? liposarcoma?). Thorax tomography did 
not reveal any pathology. 


Picture 2. Abdominal computed tomography shows a heterogeneous retroperito- 
neal mass occupying the entire abdominal cavity 


After completion of pre-operative preparations, the patient was 
operated. Due to the effect of giant retroperitoneal mass, right 
sided displacement of intraabdominal organs were seen. The 
mass had completely surrounded the left kidney and invaded 
the left mesocolon. Whereupon, excision of the mass, left hemi- 
colectomy including its mesenter and left radical nephrectomy 
have been performed. The continuity of colon has been pro- 
vided by end to end anastomosis (Picture 3). 


Picture 3. Postoperative view of the specimen. Left colon is marked with arrow 
sign. Left kidney and surrenal gland are surrounded by the mass. 


After a short time following the surgery, the patient started to 
walk and meet her own needs without any assistance. The pa- 
tient who did not develop any post-operative complications was 
discharged. 

The patient’s pathology results showed a dedifferentiated lipo- 
sarcoma with weight of 23 kg and dimensions of 60x40x27 cm. 
Tumor infiltration to left kidney capsule and the mesenter of left 
colon has been reported. 

During controls at post-operative 3rd, 6th and 12th months, 
recurrence has not been seen. 


Discussion 

Primary retroperitoneal tumors show poor prognosis. 5 years 
survival rates of 5-20% have increased up to 65% with wide 
resections and negative surgical margins during recent years 
[4]. So the aim of the treatment of retroperitoneal sarcomas 
should be providing negative surgical margins. Difficulties of 
this aim are; the complexity of retroperitoneal anatomy, large 
tumor size and invasion of some vital organs [5]. In our case, 
despite gigantic size and invasion of left mesocolon, left kidney 
and left adrenal gland of the tumor; we tried to reach negative 
surgical margins so the mass with all the organs invaded have 
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been excised. 

For prognosis; tumor size greater than 10 cm, patient older 
than 50 years of age, resection margins and local recurrence 
are important factors to determine the survival of the patient. 
Local recurrence depends on; large tumor size during diagnosis, 
inability to provide negative surgical margins and limited ef- 
fectiveness of chemotherapy and radiotherapy. For cases with 
local recurrence, surgery and radiotherapy are advised [3,4]. In 
our case despite having all the negative conditions for local 
recurrence; during 1 year of follow-up, recurrence has not been 
encountered. And this proves the importance of negative surgi- 
cal margins once more. 

For retroperitoneal tumors, surgical excision is the most im- 
portant treatment method for prolonging the survival of the 
patient. Also as it was with this case, retroperitoneal masses 
can cause advance disruption in the quality of life by preventing 
the patients to walk and meet their own needs. Surgical treat- 
ment can be the best option for these patients. Consequently, 
all retroperitoneal masses should be aggressively excised and 
patients should be closely followed up using techniques like 
computerized tomography or magnetic resonance imaging for 
local recurrences. 
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Ozet 

Diyafragmanin sternal ve kostal bdliimlerinde birlesme anomalisi sonucu gelisen 
defektten karin ici organlarin toraks icine herniasyonu Morgagni hernisi olarak bi- 
linmektedir. Bu defekte sahip kisiler genellikle asemptomatik olarak hayatlarini 
surdiriiyor olsa da nadiren barsaklarda obstriiksiyon, inkarserasyon ve strangii- 
lasyon ortaya cikabilir. Seksen tig yasinda kadin hasta klinigimize akut karin bulgu- 
lariyla basvurdu. Ameliyat 6ncesi torako-abdominal bilgisayarl! tomografi ile Mor- 
gagni hernisi tanisi konuldu. Bu ¢alismada literatiir esliginde Morgagni Hernisine 


yaklasimimizi sunmay! amagladik. 
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Abstract 

Herniation of the intraabdominal organs through a diaphragmatic defect that oc- 
curs due to the joining anomaly of the sternal and costal segments of diaphragm 
is known as Morgagni Hernia. Although most of the patients with Morgagni Her- 
nia are asymptomatic, intestinal obstruction, incarceration and strangulation can 
rarely occur. An 83 years old female patient admitted with acute abdomen to our 
clinic. Morgagni hernia was detected with preoperative thoracic and abdominal 
computed tomography. We aimed to present our management in Morgagni Hernia 


in this study. 
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Giris 

Barsaklarin karin icine gocU ve diyafragmanin olusumu emb- 
riyoner donemin 3-12. haftalar! arasinda gerc¢eklesir. Bu d6- 
nemde meydana gelen gecikme veya farkli gelisme konjeni- 
tal diyafragma hernilerine neden olur. Defekt diyafragmanin 
anterior-medial bélimiinde meydana gelirse Morgagni hernisi 
olarak adlandirilir. Diyafragmanin sternal ve kostal boliimlerin- 
de birlesme anomalisi sonucu gelisir [1]. 

Morgagni hernisi bulunan insanlarin cogunlugu asemptomatik 
olarak hayatlarini stirdiirtirken nadirende herniye olan organa 
bagli olarak obstrtiksiyon, inkarserasyon gibi farkli klinik durum- 
larla karsimiza ¢ikabilirler [2]. Bu ¢alismada akut karin tablo- 
suyla basvurup, ameliyatta diyafragma hernisine bagli olarak 
kolon strangiilasyonu ve perforasyonu gelisen bir olgu klinik, la- 
boratuar ve cerrahi bulgulari esliZinde sunulmustur. 


Olgu Sunumu 

Hastanemiz acil servisine 83 yasinda kadin hasta karin tum 
kadranlarda Ug gtin once baslayan ve giderek siddetlenen agri 
sikayetiyle basvurdu. Agridan dolay! solunum sikintisi gelistigi- 
ni belirtti. Fizik incelemede genel durumu orta, karin distandii ve 
tim kadranlarda hassasiyet, defans mevcuttu. Laboratuvar in- 
celemesinde kreatinin 3,0 mg/dl, lokosit 18 000 /mm3 olarak 6l- 
culdi. Torako-abdominal tomografide gekum ve sag kolonun di- 
late oldugu, transvers kolonun retrosternal alanda diyafragma- 
daki bir defektten toraks icine herniye oldugu goruldii (Resim 
1A). Karin iginde serbest havaya uyumlu dansiteler izlendi (Re- 
sim 1B). Hastanin kreatinin degerinin yiiksek olmasi ve dehid- 


Resim 1. Retrosternal alandaki diyafragmatik defektten herniye olmus kolon seg- 
menti tomografik goriintiisu (Ok) (A). Karin iginde serbest hava dansiteleri (Ok- 
lar) (B). 


ratasyon bulgular! gézlendiginden sivi- elektrolit tedavisi bas- 
landi. Basvurudan 3 saat sonra acil ameliyata alindi. Ameliyat- 
ta transvers kolonun bir segmentinin retrosternal alandaki 6x5 
santimetre boyutlarindaki diyafragma defektinden herniye ol- 
dugu saptandi (Resim 2A, 2B). Cekum ve sag kolonun ileri dere- 


‘. * 


Resim 2. Retrosternal alandaki diyafragmatik defektten herniye olmus kolon seg- 
mentinin ameliyattaki goriintiisti (Ok) (A). Retrosternal diyafragamatik defekt (Ok) 
(2). 


cede dilate oldugu, ¢ekum duvarinda iskemi ve perforasyon ge- 
listiZi goruldi. Perforasyon alanina omentum yapistigindan ka- 
rin iginde kirlenme olmamisti. Kolon diyafragmadaki defektten 
cekilerek karin igine alindi. Defekt stiture edilerek kapatildi. Ce- 
kum duvari iskemik gérUndigiinden sag hemikolektomi ve ileot- 
ransversostomi yapildi. Takiplerinde sorun gelismeyen hasta 7. 
giinde taburcu edildi. 


Tartisma 

Konjenital diyafragma hernileri diyafragmadaki gelisimsel ano- 
malilerine bagli olarak gelisen ve abdominal i¢erigin toraks ici- 
ne herniasyonuyla karakterize nadir goriilen anomalilerdir. En 
yaygin gorilen iki tipi anterior diyafagmadaki defektlerden geli- 
sen Morgagni hernisi ve posterolateral duvar defektlerinden ge- 
lisen Bochdalek hernisidir. 

Anterior diyafragmatik herniasyon genellikle retrosternal alan- 
da ve sag tarafta goriilirler. ilk kez 1769’de Morgagni tarafin- 
dan italya’da kolonun diyafragmatik herniasyonu sonrasinda 
nekroz geliserek dlen bir hastanin otopsisi sonrasinda tanim- 
lanmistir [2,3]. 

Yetiskinlerde Morgagni hernilerinin biyik cogunlugu asempto- 
matiktir ya da bulanti, kusma, karinda distansiyon, disfaji gibi 
nonspesifik sikayetlerden yakinirlar. Tum tedavi edilen diyaf- 
ragma hernilerinin sadece %3’Unii yetiskin yas grubundaki in- 
sanlar olusturur. Kadinlarda erkeklere gore daha sik goriltirken; 
%90'! sag tarafta; %8'i iki yonlii; %2’si solda gelisir. Sol tarafta 
perikard bulunmasi nedeniyle daha az herni gelisimi olmaktadir. 
Daha az sayida hastada barsak obstriiksiyonu ya da strangulas- 
yon gibi herniasyon bulgulari ile basvurur. Bu hastalarda genel- 
likle transvers kolon, karaciZer, omentum nadiren de ince bar- 
saklar ya da mide herniasyona ugrar [4,5]. 

Sundugumuz hasta 83 yasinda kadin hastaydi. Hastanin ayrinti- 
li hikayesinde yillardir karinda siskinlik, hafif siddette kendiligin- 
den gecen karin agrisi ataklari oldugu dgrenildi. Son karin ag- 
risi ataginin ise kendiliginden gecmedigi aksine giderek siddet- 
lendigi ve solunum sikintisina sebep oldugu anlasildi. Hasta son 
3 gundir gaz ve gayita cikisi olmadigini belirtti Fizik inceleme- 
de ise akut karin bulgular! mevcuttu. 

Morgagni herni tanisinda posterior-anterior akciger grafisi fay- 
da saglayabilir. Bu nedenle radyolojik tetkik olarak 6ncelikle 
posteror-anterior akciger grafisi gekilmelidir. Toraks i¢gine her- 
niye olmus barsak anslarina ait hava-sivi seviyeleri gérilebilir. 
Tanidan suphelenildiginde yada ek inceleme gereken durum- 
larda torako-abdominal bilgisayarli tomografi ¢ekilmelidir. Bu 
tetkik diyafragma hernisini ve herniye olan organlar! genellik- 
le gésterir. Herni kesesi iginde sadece omentumun bulundugu 
durumlarda ise yumusak dokulari géstermede daha Ustiin olan 
magnetik rezonans gortintiileme tani koymada daha faydalidir 
[6]. 

Hastamiza 6ncelikle posterior-anterior akciZer grafisi ¢ekil- 
di. Ancak hastanin fazla kilolu olmasi ve cekim esnasinda uyum 
gosterememesi nedeniyle tan! koymamizda faydal olmadi. Bu- 
nun Uzerine torako-abdominal tomografi ¢ekildi. Bu incelemede 
retrosternal diyafragmatik defektten transvers kolonun herniye 
oldugu ve karin icinde serbest hava dansiteleri gériildu. Boylece 
hem diyafragma herni tanis! hemde karin igi limenli organ per- 
forasyonu tanisi preoperatif olarak konuldu. 

Morgagni hernisi tanisi konulmus asemptomatik hastalarda 
cerrahi tedavi yapiImasi hakkinda henuz tam bir fikir birligi ol- 
mamasina ragmen semptomatik olanlar cerrahi tedaviden fay- 
da gérmektedir. Burada ki tartisma ise bu tip hernilere tora- 
kal mi yoksa abdominal yoldan mi yaklasilacagidir. Gercekte ise 
her iki yolun hem avantaj hemde dezavantajlar! bulunmaktadir. 
Abdominal yolun baslica avantajlari herniye olan organlarin is- 
kemi, nekroz, perforasyon acisindan degerlendirilebilmesi, daha 
kolay rediiksiyon yapilabilmesi iken, dezavantajlari ventral her- 
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ni olasiligi, hastanede uzun yatis siresi olarak sayilabilir. Tora- 
kotominin avantajlar! daha kolay onarim saglamasi ve torakal 
yapisikliklarin daha kolay agilmasidir. Ameliyat Gncesi tani ko- 
nulan semptomatik hastalarda karin i¢i organlarin degerlendi- 
rilmesi gerektiginden transabdominal yol tercih edilmelidir. Son 
dekatlarda laparoskopik ve torakoskopik onarimlar giderek ar- 
tan siklikta yapilmaktadir. Bu yontemlerin avantajlari hastane- 
de daha kisa yatis stiresi, daha az komplikasyon ve daha az agri 
olmasidir [7,8]. 

Sundugumuz hastada akut karin bulgular! bulundugundan abdo- 
minal yol tercih edildi. Karin igi gozlemde transvers kolonun her- 
niye oldugu, gekumda ise iskemik renk degisikligi oldugu ve bir 
noktadan perfore oldugu goriildii. Perforasyon alanina omen- 
tum yapistigindan karin ici kirlenme olmamisti. Hastaya sag he- 
mikolektomi ve ileotransversostomi ameliyati yapildi. Retros- 
ternal defekt ise suture edilerek kapatildi. 


Sonuc¢ 

Yetiskinlerde nadir gériilen semptomatik Morgagni hernisi ka- 
rin ici organlarda iskemi, nekroz ve perforasyona neden olabilir. 
Torako-abdominal bilgisayarll tomografi ameliyat Oncesi tani 
koymada fayda saglar. Akut karnin nadir bir nedeni olarak Mor- 
gagni hernileri de akilda bulundurulmalidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

Tiroid bezi ve larinks bas boyun kanserlerinin en sik lokalizasyonudur. Ancak, tiroid 
ve larinks kanserlerinin birlikte goriilmesi nadirdir ve literatiirde sinirli sayida vaka 
bildirilmistir. Bu yazida, retrosternal guatrli bir olguda eszamanli papiller ve foli- 
killer tiroid kanseriyle birlikte metakron larinks squam6z hiicreli karsinomlu nadir 
bir kombinasyonu sunduk. 71 yasindaki erkek olguya retrosternal guatr nedeniy- 
le total tiroidektomi yapildi. Histolojik inceleme ayni lobun iki farkli odaginda pa- 
piller ve folikiiler tiroid karsinomunu gosterdi. Hasta eszamanli tiroid karsinomu 
tanisindan 16 ay sonra ses kisikligi sikayeti ile basvurdu, biyopsi ile larinks squ- 
amoz hiicreli karsinom tanisi aldi, bilateral boyun diseksiyonu ile birlikte total la- 
renjektomi ve ardindan kemoradyoterapi uygulandi. Hasta su anda bu tic kanser- 
den tam remisyondadir. 
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Abstract 

The thyroid gland and larynx are the most common sites for head and neck can- 
cers. However, the co-existence of thyroid and laringeal tumors are rare, and 
there have been limited reports in the literature. In this paper, we present an 
unusual combination of simultaneous papillary and follicular thyroid carcinoma 
associated with metachronous laryngeal squamous cell carcinoma in a case with 
retrosternal guatr. A 71 year-old man who had undergone a total thyroidectomy 
due to a retrosternal guatr. Histological examination revealed papillary thyroid 
carcinoma and follicular thyroid carcinoma in two separate foci of the same thy- 
roid lobe. Sixteen months after the diagnosis simultaneous thyroid carcinomas, 
the patient was admitted with complained of hoarseness, diagnosed laryngeal 
squamous cell carcinoma by biopsy, and underwent total laryngectomy with bilat- 
eral neck dissections and following chemoradiotherapy. The patient is currently in 
complete remission from these triple cancers. 
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Introduction 

The thyroid gland and larynx are the most common sites for 
head and neck malignancies. The presence of multiple primary 
cancers in the head and neck region are not uncommon because 
the patients with upper aerodigestive tract squamous cell carci- 
nomas are generally smokers and have a high risk of developing 
other cancers in the smoke-exposed mucosa simultaneously or 
subsequently. However, the co-existence of thyroid and larin- 
geal tumors rare event, and small series of thyroid carsinoma 
associated with laryngeal lesions have been reported in the lit- 
erature [1-6]. Thyroid carcinomas occuring as a second primary 
malignancy (SPM) have been reported to be incidentally in 0.5% 
to 3% of surgeries for another primary head and neck cancer of 
non-thyroid origin [1]. Increasing incidence and good prognosis 
of thyroid cancer have led to increased the development of SPM 
[2]. Second primary cancers in patients with differentiated thy- 
roid carcinoma (DTC), especially laringeal carcinoma are rela- 
tively rare, and limited number of cases have been described [2- 
6]. A triple presentation of thyroid and laryngeal malignancies 
in the same patient is also very rare. 

Various combinations of thyroid carcinomas has been reported 
[7-8]. The clinical information on simultaneous occurrence of 
follicular thyroid carcinoma (FTC) and papillary thyroid carci- 
noma (PTC) is insufficient in the literature, because these two 
tumors are traditionally reported together as DTC. Concurrent 
presence of PTC and FTC has been published limitedly as case 
reports although one study has been presented recently [7]. 

In this paper, we present an unusual combination of simulta- 
neous PTC/FTC associated with laryngeal squamous cell car- 
cinoma in a case with retrosternal guatr and also carry out a 
review of the literature. 


Case Report 

A 70-year-old male patient presented with the history of swell- 
ing in front of the neck and dyspnea. Computed tomography of 
the neck demonstrated a retrosternal thyroid nodule in the left 
lob in size of about 7 cm, displacing the trachea and esophagus 
on right side of patient’s (Fig. 1). The patient had a 44-year 


Figure 1. Contrast-enhance computed tomography findings axial and coronal MPR 
image demonstrated a retrosternal thyroid nodule in the left lob in size of about 7 
cm, displacing the trachea and esophagus to the patient’s right (arrow). 


history of smoking cigarettes and of no alcohol consumption. 
The patient displayed subclinical hyperthyroidism as evidenced 
normal free triiodothronine and free thyroxine, and low thyroid 
stimulating hormone (TSH) (0.146 pU/mL, normal range: 0.36- 
4.94) in a serum thyroid function test. Haematological and bio- 
chemical investigations were within normal limits. 

The patient underwent a bilateral total thyroidectomy. Histo- 


logical examination revealed PTC (Fig. 2A) in size of 1.2 cm with 
another focus showing features of FTC (Fig. 2B) in size of 7 cm 


Figure 2. Papillary carcinoma (A): The microphotograph reveals follicles composed 
of overlapping cells with ovaloid vesicular nuclei. Nuclear grooves and intranuclear 
pseudoinclusions are present. Note the presence of dense and scalloped colloid in 
the elongated follicles ltimen (hematoxylin and eosin stain, original magnification 
x400). Follicular carcinoma (B): Oncocytic cells invasing throughout the fibrous 
capsule (hematoxylin and eosin stain, original magnification x400). 


in the left lobe. The FTC and PTC components were separated 
by normal thyroid tissue. FTC was defined Hurthle-cell varyant 
and classified as minimally invasive. The patient presented no 
lymph node or distant metastases at the time of initial presen- 
tation. 

RAI treatment was carried out at a dose of 100 mCi (3700 MBq) 
for the ablation of residual thyroid tissue. A post-therapy scan 
was obtained 10 days after RAI therapy (Fig 3A). After RAI abla- 
tion, the patient would have a whole body scan (WBS) at 6th 
months to confirm the success of ablation (Fig 3B). The patient 


Figure 3. After RAI therapy, a post-therapy scan at 10 days showed residual thy- 
roid tissue (A) and whole body scan at 6th months confirmed the success of abla- 
tion (B). 


received suppressive doses of thyroxine to maintain serum TSH 
concentration suppressed to undetectable levels (<0.15 mlU/|) 
and was follow-up at 6-and 12-months intervals. Patient was 
out-patiently monitored annually in accordance with a stan- 
dardized follow-up protocol including clinical examination, ul- 
trasonography of the neck and biochemical measurements of 
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thyroglobulin levels. 

Sixteen months after the diagnosis of simultaneous thyroid 
carcinomas, the patient complained of hoarseness. Computed 
tomography of the neck demonstrated a mass in the the right 
side of larynx, infiltrating into both the vocal cords, and right 
thyroid, cricoid and aritenoid cartilages (Fig. 4). Biopsy of the 


Figure 4. Contrast-enhance computed tomography of the neck demonstrated a 
mass in the the right side of larynx, infiltrating into both the vocal cords, and right 
thyroid, cricoid and aritenoid cartilages (arrows). 


larynx revealed the presence of the squamous cell carcinoma. 
The patient underwent total laryngectomy with bilateral neck 
dissections for a pathological stage T4aNOMO squamous cell 
carcinoma (SCC) of the larynx (Fig. 5). Histopathologic exami- 


Figure 5. Squamous cell carcinoma infiltrating the epiglot cartilage (hematoxylin 
and eosin stain, original magnification x100). 


nation of the surgical specimen revealed that the surgical mar- 
gins were negative, invasion of the thyroid cartilages, and no 
metastases in lymph node. 

After the total laryngectomy, a positron emission tomography 
(PET/CT) whole body scan (Discovery-STE 8; General Electric 
Medical System, Milwaukee, Wisconsin, USA) was performed to 
evaluate other possible metastases. No abnormal 18F-fluoro- 


deoxyglucose (FDG) uptake was detected elsewhere in the body, 
except irreguarly increased metabolic activity in the larynx due 
to surgery (Fig. 6). 

The patient underwent chemoradiotherapy. He is currently in 
complete remission from these cancers. 


Figure 6. Maximum intensity projection and coronal fusion PET/CT images showed 
no abnormal FDG uptake elsewhere in the body, except irreguarly increased meta- 
bolic activity in the larynx due to surgery. 


Discussion 

Technical advances in early diagnosis and treatment of can- 
cer, the incidence of multiple primary cancers has recently in- 
creased. In patients with thyroid carcinoma, the incidence of 
synchronous or metachronous multiple primary cancers includ- 
ing head and neck carcinoma and elsewhere in the body (ie, 
breast, prostate, kidney, brain and CNS, salivary gland, and bone 
marrow) has increased [2]. 

Thyroid carcinomas are rare tumors with the range of 1% of 
all malignancies, but DTC is the most frequent endocrine gland 
carcinomas. Of the two main subtypes, PTC and FTC account 
for approximately 90% of cases, derived from the same follicu- 
lar thyroid cell lineage, had a similar clinical behaviour. Thyroid 
cancer has been increasing rapidly over recent decades due to 
increased cervical ultrasound and increased detection in patho- 
logical specimens. This increase has been predominantly an in- 
crease in PTC, more specifically an increase in papillary thyroid 
microcarcinoma. 

Cases of the simultaneous occurrence of different types of pri- 
mary thyroid cancer in the same gland have been reported [7,8]. 
However, there is insufficient clinical information concerning si- 
multaneous existence of FTC and PTC. Only a recent study has 
been reported that the frequency of concurrent PTC in patients 
with FTC was 19% [7]. Simultaneous existence of different 
types of primary thyroid cancer in the same patient have been 
reported as usually independent and coincidental events [7,8]. 
Wong et al. reported that one tumor is often discovered pri- 
marily in simultaneous thyroid tumors patients, with the second 
tumor found incidentally after thyroidectomy [8]. In our patient, 
simultaneous thyroid tumors were discovered incidentally due 
to the symptoms related to retrosternal guatr. 

Upon reviewing the literature, the synchronous or metachro- 
nous occurrence of thyroid and laryngeal tumors in the same 
patients is observed in two main settings: thyroid cancer occur- 
ing as the first primary malignancy or SPM. Thyroid carcinoma 
occurring as a SPM associated with head and neck squamous 
cell carcinoma is unusual, and can be discovered as palpable 
thyroid mass during neck surgery, as an occult carcinoma in the 
thyroid gland removed during laryngectomy or as thyroid can- 
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cer that is found in lymph nodes of the neck dissection speci- 
men [1]. 

The prevalence of dual malignancies in patients with DTC was 
reported to be 0.45-0.5% [3,4]. Okere et al. reported one case of 
larinx cancer as second primary thyroid carcinoma among 4500 
patients with DTC [3]. This case was diagnosed as insular type 
thyroid carcinoma 19 years after the detection of laryngeal 
carcinoma. Gandhi et al. reported one case with synchronous 
thyroid and larynx carcinoma among 8614 patients with DTC 
[4]. Omur et al. described two cases with concurrent papillary 
thyroid carcinoma and laryngeal carcinoma among 1680 pa- 
tients with DTC [5]. In these two cases, thyroid carcinoma was 
incidentally discovered during the operation performed for la- 
ryngeal carcinoma. Verkooijen et al. reported high rates of two 
or three primary tumors (14.2%, 40 out of 282) in patients with 
DTC, but none of them had laryngeal carcinoma [6]. 

Increasing incidence and good prognosis of thyroid cancers 
have led to concerns about the development of SPM. Previous 
studies reported that the patients with treated I-131 may face 
a slightly increased risk of developing a SPM [2]. However, other 
investigators stated that overall increased incidence of SPM af- 
ter DTC could be explained by shared genetic or environmental 
risk factors rather than I-131 radiation effect [6]. In the litera- 
ture, occurrence of SPN in patients with treated for malignant 
thyroid carcinomas has been reported [2-6]. Most of SPM are 
solid tumors, and when nonthyroid cancers are the second tu- 
mors, ductal carcinoma of the female breast is the most com- 
mon [3-6]. Recently, a study reported that the most common 
sites of SPM are head and neck in men and breasts in women 
[4]. Most of these tumors have very short detection intervals 
(including synchronous occurrences), suggesting that therapy 
with internal radiation was not contributory to the tumor devel- 
opment. Our patient had simultaneous PTC/FTC as a the first 
primary malignancy and was diagnosed as LSCC 16 months 
after diagnosis simultaneous thyroid carcinomas. Therefore, in 
our case, RAI treatment is not related to in the occurrence of 
LSCC. 

The standard treatment for DTC is total or near-total thyroidec- 
tomy followed by radioiodine-131 (I-131) ablation therapy for 
residual or metastatic disease. Differentiated thyroid carcino- 
ma is usually characterized by an indolent course in the major- 
ity of patients; 10-year survival rates are approximately 90%. 
Some reports have indicated that the DTC are related to the 
prognosis of SPM [5]. Therefore, quick diagnosis and treatment 
of SPM are essential to the prognosis of patients. The clinical 
course of DTC has been reported not to be affected by the pres- 
ence of additional primary tumors [5]. 

In conclusin, multiple primary malignancies including thyroid 
and larinx is infrequent, and any reported similar case is of 
great interest as a guide to better assessment of the outcome 
of these patients and it is important to understand the caus- 
ative factors of multiple malignancies. 
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Ozet 

insilinomaya bagli gelisen hipoglisemiler epileptik nébet benzeri klinik bulgular- 
la prezente olabilir ve elektroensefalografi bulgulari da epilepsi ile uyumlu olabi- 
lir. Bu nedenle instilinoma hastalari senelerce tedaviye direncli epilepsi nedeni ile 
takip edilebilmektedir. Bizim vakamiz da 20 yasinda kadin hastaydi ve epilepsi ne- 
deni ile takip edilmekteydi. Hastanin takiplerinde kan testlerinde hipoglisemi sap- 
tandi ve yapilan incelemelerde hastaya insulinoma tanisi konuldu. Biz de bu vaka- 
yl 6zellikle tedaviye direncli epilepsilerde insiilinomanin unutulmamas! gereken bir 


etyolojik neden oldugunu vurgulamak amaciyla sunduk. 


Anahtar Kelimeler 
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Abstract 

Hypoglycemia developing linked to insulinoma may present with clinical findings 
similar to epileptic seizures and electroencephalography findings may be in accor- 
dance with epilepsy. As a result some insulinoma patients are followed as epilepsy 
resistant to treatment for years. Our case was a 20-year old female patient and 
was followed for epilepsy. The blood tests indicated hypoglycemia and the result 
of examination, the patient diagnosis was insulinoma. We present this case with 
the aim of emphasizing the importance of not forgetting insulinoma as an etiol- 


ogy in epilepsy resistant to treatment. 
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Introduction 

Insulinoma is generally benign and originates in the pancreatic 
beta-islet cells. The annual incidence of this frequently-seen 
pancreatic endocrine tumor is calculated at 0.12-0.4/100,000 
[1]. The symptoms of the disease may be multivariate: neuro- 
psychiatric, cardiovascular, and gastrointestinal. Due to the va- 
riety of these symptoms and because some initial findings may 
be mild, diagnosis may be difficult [2]. Central nervous system 
findings are common in insulinoma and may occur as confu- 
sion, agitation, loss of consciousness, transient ischemic attack, 
psychosis, and epilepsy [1]. Patients with insulinoma may have 
epileptic seizures during hypoglycemic periods. These patients 
do not have partial epilepsy in fact but may be misdiagnosed 
due to clinical characteristics and typical electroencephalogra- 
phy (EEG) abnormalities [2]. As these patients do not have epi- 
lepsy in fact, they may be monitored for years for medication- 
resistant epilepsy [1]. 

We present this case becasue of having insulinoma who had 
been following as epilepsy resistant to antiepileptic treatment 
for years. 


Case Report 

A 20-year-old female patient applied to our clinic with a com- 
plaint of unresolved epileptic seizures in spite of anti-epileptic 
treatment. The patient’s complaints began 2 years before with 
loss of consciousness. After this initial loss of consciousness, 
her complaints continued in the form of seizure attacks. Dur- 
ing these attacks, the patient had disordered consciousness, 
nonsense gaze, slipping of the eyes, and contractions of the 
extremities. These episodes generally lasted in 10 minutes and 
occurred 1 or 2 days per month, and could be repeated several 
times in the same day. One year after the onset of complaints 
she received a diagnosis of epilepsy. For 1 year, she used 600 
mg/day carbamazepine; however, her complaints continued 
without change and the patient applied to our clinic due to con- 
tinued seizures. Brain magnetic resonance imaging (MRI) was 
normal. EEG showed sharp waves, more obvious especially in 
the left temporal and parietal regions (Fig. 1). This sharp wave 
activity frequently spread to all areas of both hemispheres (Fig. 
2). Routine blood tests were normal. Due to these frequent sei- 
zures, the carbamazepine dose was raised to 800 mg/day. On 
follow-up fifteen days later, the seizures had continued with the 


same frequency. Blood testing found a fasting blood glucose 
level of 28 mg/dl. Testing repeated one day later found a fast- 
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Figure 1. Sharp waves, more obvious especially in the left temporal and parietal 
regions 


Figure 2. Sharp waves, spread to all areas of both hemispheres 


ing blood glucose level of 36 mg/dl. The patient was examined 
for a hypoglycemic etiology. A fasting test found blood glucose 
levels of 32 mg/dl at 18 hours. Abdominal computerized tomog- 
raphy (CT) found a mass lesion in the pancreas. The patient was 
operated on with a diagnosis of insulinoma. 


Discussion 

We report an insulinoma case with continued seizures although 
she had been using anti-epileptic treatment for years. The 
patient was diagnosed as insulinoma 2 years after onset of 
clinical symptoms of epileptic seizures. Correct diagnosis of 
insulinoma may be delayed by 1 to 30 years [1], and there are 
several reasons for this delay. The main reason is the low inci- 
dence of insulinoma and as a result the possibility of it may not 
be thought of during the differential diagnosis. Second, some 
symptoms of insulinoma, such as confusion, personality chang- 
es, seizures, and movement disorders are nonspecific findings 
in many neurological and psychiatric diseases. Lastly, as insulin 
release is pulsatile, fasting blood glucose levels may be within 
normal limits [3]. 

Our insulinoma patient with clinical symptoms mimicking 
epilepsy had abnormal findings on EEG. Widespread or focal 
slowing may be observed on EEG; at the same time, interictal 
epileptic discharge and electrical seizures may be observed [4]. 
Animal experiments have triggered hypoglycemic seizures and 
observed that seizures originated in the mesial temporal struc- 
tures, such as the amygdala and hippocampus [5]. These clinical 
and EEG findings together may cause the clinician to think the 
diagnosis is epilepsy. As mentioned above, since insulin release 
is pulsatile, fasting blood glucose levels may be within normal 
limits. Our patient was followed for epilepsy due to clinical find- 
ings and EEG findings, and previous blood tests had not identi- 
fied hypoglycemia. 

Hypoglycemic attacks at intervals should bring insulinoma to 
mind. One of the most appropriate diagnostic tests is the fast- 
ing test. In this test, the patient fasts for 72 hours and glucose 
levels are checked every 1-2 hours until they fall below 50 mg/ 
dl. [1]. 

Insulinoma may be observed with typical epileptic seizures 
while EEG findings are in accordance with epilepsy, and mea- 
sured fasting blood glucose levels may be normal. Our aim in 
presenting this case is to point out the importance of metabolic 
causes in the differential diagnosis of epilepsy. 
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Gzet Abstract 
Tiroid kanseri insidansi ulkemizde ve tim diinyada giderek artmaktadir. Tiroid Incidence of the thyroid carcinoma is steadily increasing in our country and all 
kanserleri, tim endokrin kanserlerinin yaklasik %94.5’ ini olusturmaktadir. Biz bu around the world. Thyroid cancer accounts for about 94.5% of all endocrine can- 


vaka takdiminde tiroid ince igne aspirasyon biyopsisi sonucu papiller karsinom cers. We herein report a 83-year-old man presenting with complaints of an open 


olarak raporlanan, fakat operasyonu kabul etmeyen ve boyun orta hattinda akinti- wound on the neck who had been previously diagnosed as papillary thyroid carci- 
li bir yara ile basvuran 83 yasinda erkek bir olguyu sunuyoruz. noma via fine needle aspiration biopsy but who had refused the surgical resection. 
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Introduction 

Thyroid cancer originating from the follicular epithelial cells is a 
frequently encountered malignancy and its incidence is steadily 
increasing in many regions of the world [1, 2]. The main histo- 
logical types are papillary, follicular, and anaplastic carcinomas. 
The most common type of thyroid cancers is papillary carci- 
noma (PTC) with it accounting for about 80 to 90% off all cases 
[3]. If its size is under 1 cm, it has been classified as “micro- 
carcinoma” by the World Health Organization (WHO) [4]. Tumor 
diameter usually ranges between 1 and 4 cm, and long axis is 
averagely 2 to 3 cm [5]. PTC is usually multifocal in one lobe 
and it is bilateral in 20 to 80% of the patients. Extra-thyroidal 
invasion is found in 15% (5-34%) of the patients during primary 
surgery, and one third of the patients with PTC present with 
lymphadenopathy [5]. At the time of diagnosis, distant metas- 
tases are found in only 1 to 7% of the patients [5]. 


Case Report 

An 83 years old men presented with complaints of swelling 
on the mid-line, dyspnea, and hoarseness 5 years ago. Imag- 
ing studies revealed that the mass showed infiltration toward 
thyroid cartilage and the larynx on the mid-line. The performed 
fine-needle aspiration biopsy revealed papillary thyroid carci- 
noma (Figure 1). The patient was suggested to have operation 


Figure 1. Formed papillary structures invasive tumor (H&E, x200). 


and he refused the operation. It was learned from the patient 
that he didn’t seek any medical advice for his condition over 
period of 5 years. At the time of presentation to our clinic, the 
patient had dyspnea, fatigue, and hoarseness. The physical ex- 
amination revealed a mass of 

about 10 x 10 cm on the mid-line. On the middle of the mass, 
the skin was observed to be destructed on an area of about 4 
x 3 cm. The thyroid tissue was easily observable on this area 
(Figure 2). The patient expressed that he had frequently epi- 
sodes of bleeding from this uncovered area; brown staining was 
observed around these bleeding foci that we initially considered 
to be Baticon. Then, it was learned from the patient that he 
applied coffee on this area to stop the bleeding. Nonetheless, 
the destructed area didn’t appear to be infected. Laboratory 
investigations were as follows: Fasting blood glucose: 94 mg/ 
dL (74-106), creatinine: 0.96 (0.6-1.3) mg/dL, albumin: 4.6 g/ 


Figure 2 : Appearence of the neck of the patient 


dL (3.5-5.2), Hemoglobin: 6.7 g/dL (13.6- 17.2), Fe: 113 mg/ 
dl, Ferritin: 6 ng/ml (13-150), Iron dinging capacity: 372 pg/ 
dl (155-300), 25(OH)D3: 27 ng/ml (20-100), Vitamin B12: 223 
pg/ml (191-663), free T3: 3.15 (2.5-3.9) pg/ml, free T4: 0.83 
(0.61-1.12) ng/dl, TSH: 0.34 (0.34-5.6) plU/ml. Hemodynamics 
of the patient was normalized by giving 2 units of erythrocyte 
suspension. Magnetic resonance imaging (MRI) investigation of 
the neck revealed a mass lesion of 55 x 54 x 49 mm invading 
the thyrohyoid and omohyoid muscles anterior to the thyroid 
cartilage. Operation was recommended to the patient but he 
refused it. 


Discussion 

An age- and sex-dependent increase is being observed in fre- 
quency of the thyroid cancers compared to other types of cancer 
[6]. A report based on cancer statistics noted that the analyses 
performed for the years between 1980 and 2005 showed that 
mostly small-sized tumors were responsible for the increase 
in incidence of the thyroid cancers but also drew attention to 
the fact that there was statistically significant increase in in- 
cidence of the tumors larger than 5 cm. Furthermore, increase 
was found in incidence of the local and distant metastases [7]. 
In all studies, advanced age and presence of extra-thyroidal in- 
vasion at the time of diagnosis were shown to be independent 
risk factors. Presence of distant metastasis and big tumor size 
at the time of diagnosis were taken as variables determining 
the prognosis and some studies took histopathological grade 
as independent variable. Initially, complete removal of the tu- 
mor was found to be the main determinant of mortality in the 
post-operative period. Presence of nodal metastasis at the time 
of diagnosis was found to be associated with nodal recurrence 
and seen not to impact case-specific mortality [8]. 

We found it suitable to present the patient here with papillary 
carcinoma who refused operation 5 years ago and whose tumor 
was destructing the skin on the mid-line and uncovering the 
thyroid tissue because of the traditional methods he used to 
stop bleeding. Although prognosis of the differentiated thyroid 
cancers is good and life expectancy is quite long, it is clear that 
close monitoring with early diagnosis and appropriate treat- 
ment shouldn't be ignored. 


Journal of Clinical and Analytical Medicine | 519 


Papiller Tiroid Karsinomu, Cilt Destriiksiyonu / Papillary Thyroid Carcinoma, Skin Destruction 


Competing interests 
The authors declare that they have no competing interests. 


References 

1. Davies L, Welch HG. Increasing incidence of thyroid cancer in the United States. 
JAMA 2006;295(18):2164-7. 

2. Hayat MJ, Howlader N, Reichman ME, Edwards BK. Cancer statistics, trends, 
and multiple primary cancer analyses from the Surveillance, Epidemiology, and 
End Results (SEER) Program. Oncologist 2007;12(1):20-37. 

3. Xing M. BRAF mutation in papillary thyroid cancer: pathogenic role, molecular 
bases, and clinical implications. Endocr Rev 2007;28(7):742-62. 

4. Hay ID, Thompson GB, Grant CS, Bergstralh EJ, Dvorak CE, Gorman CA, et 
al. Papillary thyroid carcinoma managed at the Mayo Clinic during six decades 
(1940-1999): temporal trends in initial therapy and long-term outcome in 2444 
consecutively treated patients. World J Surg 2002;26(8):879-85. 

5. Hay ID. Papillary thyroid carcinoma. Endocrinol Metab Clin North Am 
1990;19(3):545-76. 

6. Kohler BA, Ward E, McCarthy BJ, Schymura M), Ries LA, Eheman C, et al. Annual 
report to the nation on the status of cancer, 1975-2007, featuring tumors of the 
brain and other nervous system. J Natl Cancer Inst 2011;103(9):714-36. 

7. Enewold L, Zhu K, Ron E, Marrogi AJ, Stojadinovic A, Peoples GE, et al. Rising 
thyroid cancer incidence in the United States by demographic and tumor charac- 
teristics, 1980-2005. Cancer Epidemiol Biomarkers Prev 2009;1 8(3):784-91. 

8. Paschke R, Schmid KW, Gartner R, Mann K, Dralle H, Reiners C. Epidemiology, 
pathophysiology, guideline-adjusted diagnostics, and treatment of thyroid nod- 
ules. Med Klin 2010;105(2):80-7. 


How to cite this article: 
Aksu O, Aydin B, Koéroglu BK, Tamer MN. A Case of Papillary Thyroid Carcinoma 
Leading to Destruction of The Skin. ) Clin Anal Med 2014;5(suppl 4): 518-20. 


520 | Journal of Clinical and Analytical Medicine 


Subglottik Stenozun Cok Nadir Bir Nedeni: 
intratrakeal Malign Olmayan Tiroid Dokusu 


A Very Rare Cause of Subglottic Stenosis: 
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Ozet 

Burada multinodiiler guatr nedeniyle 14 yil 6nce opere olmus bir hastada ntks- 
le birlikte benign tiroid dokusunca invazyona bagli subglottik stenozlu bir olgu su- 
nulmustur. 14 yil énce bilateral subtotal tiroidektomi gecirmis hastanin patoloji- 
si multinodiiler tiroid dokusu olarak raporlanmisti. Ani solunum sikintisi gelismesi 
uzerine acil servise getirilen hasta merkezimize yonlendirmisti. Servikal tomogra- 
fisinde tiroid bezi seviyesinde trakeaya sol yan duvardan invazyon gostererek tra- 
kea ¢apini %80 oraninda daraltan bilateral tiroid dokusu izlendi. Ciddi solunum 
sikintis! nedeniyle acil trakeostomiye alinan hastanin trakeasi krikoid kartilajin 
2,5 cm kadar altindan vertikal insize edildi. Sol kord vokalden siniri ayrit edilme- 
yen 2 cm boyunca devam eden endotrakeal lezyon izlendi, hem bu lezyondan hem 
de trakea cevresindeki dokudan biyopsiler alindi. Subglottik alandan distale uza- 
nan Montgomery T tiip yerlestirildi. Patolojisinde normal tiroid dokusu ile uyum- 
lu histopatolojik bulgular izlendi. Tiroid kanserine bagli trakea invazyonu sik olma- 
makla birlikte olusabilmektedir. Biz benign nedenli tiroid cerrahisi sonrasi intrat- 


rakeal niiks gelismis bir olgu ve onun acil tedavisi sunduk 
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Abstract 

We present a case of subglottic stenosis associated with benign thyroid tissue 
involvement due to relapse of multinodular goiter despite surgery 14 years ago. 
The patient had undergone bilateral subtotal thyroidectomy 14 years ago and the 
pathology report had been multinodular thyroid tissue at the time. The patient 
recently presented to an emergency service due to sudden development of respi- 
ratory distress and was then directed to our center. Cervical tomography showed 
bilateral thyroid tissue that narrowed the tracheal diameter by 80% by invading 
the trachea from the left wall at the level of the thyroid gland. The patient re- 
quired urgent tracheostomy due to serious respiratory trouble. The trachea was 
incised vertically about 2.5 cm below the cricoid cartilage. A 2 cm endotracheal 
lesion with margins that could not be distinguished from the left vocal cord was 
observed and biopsies were taken from both this lesion and the tissue surrounding 
the trachea. A Montgomery T-tube extending from the subglottic area to the dis- 
tal section was placed. Pathology evaluation revealed histopathological findings 
that matched normal thyroid tissue. Although infrequent, tracheal invasion asso- 
ciated with a thyroid cancer is known to occur. We present a case with postopera- 
tive intratracheal relapse due to a benign cause and the emergency treatment. 
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Introduction 

The causes of benign tracheal stenosis include intubation, tra- 
cheostomy, chemical or thermal damage and trauma, and less 
frequently inflammatory or connective tissue diseases, sarcoid- 
osis and idiopathic subglottic stenosis [1]. Tracheal injury dur- 
ing a thyroid surgery is very rare [2, 3]. Minor iatrogenic rupture 
can go unnoticed and reappear in very late periods as a relapse 
of the disease or subglottic stenosis. We present a patient who 
had undergone bilateral subtotal thyroidectomy due to multi- 
nodular goiter and developed a subglottic stenosis associated 
with intratracheal thyroid tissue 14 years after the surgery for 
the first time in the literature. 


Case Report 

A 37-year-old female patient underwent bilateral subtotal thy- 
riodectomy 14 years ago and the pathology report was mul- 
tinodular thyroid tissue. The patient had been using asthma 
treatment for the last three years. The respiratory problems 
particularly the shortness of breath and stridor had increased 
recently. She presented to the emergency service of an external 
health care facility because of acute respiratory distress. The 
indirect laryngoscopy by the otolaryngologist revealed a tra- 
cheal mass under the vocal cords and she was referred to our 
center. Her stridor could be heard without auscultation during 
her physical examination. A soft tissue formation sized 15x12 
mm was seen on her cervical computed tomography. The mass 
was localized on the left subglottic area and extended towards 
the lumen, causing about 80% stenosis in the lumen of the lar- 
ynx and trachea. There was heterogeneous contrast enhance- 
ment involvement after an intravenous contrast medium injec- 
tion and the margins could not be distinguished clearly from 
the left thyroid lobe (Figure 1). The margins also could not be 


RL 


Figure 1. Computed cervical tomography coronal plane 


distinguished from the left vocal cord on the superior aspect 
(Figure 2). Both thyroid lobes seemed to be increased in size 
and had a heterogeneous appearance. Additionally, heteroge- 
neous iso-hypoechoic solid nodular lesions were seen in both 
thyroid lobes; the largest was 19 mm in size and located on the 
posterior aspect of the middle part of the left thyroid lobe on 
cervical computed tomography (Figure 3). 

Urgent tracheostomy was required due to serious respiratory 
distress. The trachea was incised vertically about 2.5 cm under 
cricoid cartilage. There was a 2 cm endotracheal lesion whose 


Figure 2. Computed cervical tomography sagittal plane 


Figure 3. Computed cervical tomography transverse plane 


borders with the left vocal cord could not be distinguished. The 
left side of this area was invaded by a thyroid tissue. Many bi- 
opsies were taken from both this lesion and the tissue surround- 
ing the trachea. Intratracheal tissue was removed as much as 
possible by electrocautery and sharp dissection. A Montgomery 
T-tube was placed extending from the subglottic area to the 
distal section (Figure 4). The respiratory difficulty was relieved 
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Figure 4. Postoperative lateral graphy 


after the surgery. The pathology result was reported as thy- 
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roid tissue. Thyroid I-131 scintigraphy was performed after the 
patient’s breathing became stable and revealed a hyperplastic 
normoactive thyroid gland that showed invasion into the tra- 
chea. 

The patient is being monitored and is now in the 7th postopera- 
tive month with no problems. 

Informed Consent: Written informed consent was obtained from 
patient who participated in this case. 

Discussion 

The causes of benign stenoses of the subglottic tracheal area 
involve post-intubation and tracheostomy, and rarely trauma 
and idiopathic situations. latrogenic tracheal ruptures are ex- 
traordinarily rare and have most commonly been described 
after manipulations such as intubation and bronchoscopy 
[2]. Tracheal ruptures occurring during surgery on the thyroid 
are usually noticed during the procedure [3]. Gosnel et al. [3] 
have reported tracheal rupture during surgery in only one case 
(0.06%) out of 11917 thyroid operations and primary repair 
was performed during the procedure. A few cases that resulted 
in tracheal necrosis and rupture in the late postoperative period 
due to excessive cautery or prolonged intubation have been re- 
ported [2, 4]. 

Thyroid tumors are known to cause transmural invasion of the 
trachea [5]. The cause is trachea obstruction in nearly a half of 
fatal papillary thyroid carcinomas [5]. We are the first to report 
involvement of the trachea by benign thyroid tissue. Moreover, 
the patient presented with acute respiratory distress 14 years 
after her first operation. The biopsies taken from both inside 
the trachea and the tissue outside the trachea revealed benign 
thyroid tissue. In view of these findings, we considered a re- 
lapse that also involved an endotracheal component occurring 
many years later due to an unnoticed small tracheal rupture 
during the initial thyroid surgery. 

Benign tumors of the trachea are rare and both short- and long- 
term results of endoscopic treatment are satisfactory [6]. Sur- 
gical treatment is recommended when the tumor base is not 
entierely visible, as in the present case [7]. Subglottic stenoses 
are complex problems [5]. The location and size of the lesions 
and the complications due to obstruction are important fac- 
tors in the choice of the treatment method [6]. Patients with 
benign tracheal tumors that usually grow slowly may have re- 
ceived treatment for asthma for a long time [6]. Unfortunately, 
our case was not diagnosed until emergency intervention was 
required for acute respiratory distress. Endoscopic treatment 
modalities were not used in our patient as the base of the tu- 
mor was not entirely visible and an emergency airway had to be 
provided. The patient underwent urgent tracheostomy. A T-tube 
was preferred instead of standat tracheostomy canule for pro- 
tecting the vocal cords functions. Major surgery was not per- 
formed as the left vocal cord was seen to have been involved by 
the thyroid tissue during the procedure. Using a T-tube instead 
of a tracheostomy has the advantages of enabling speech, nor- 
mal humidification of the trachea, causing less mucosal dam- 
age and acting as a stent on the tube’s both proximal and distal 
aspect. It also restores airways temporarily or permanently in 
situations where there is a non-removable lesion or it is impos- 
sible to perform reconstruction [8]. 

We have presented a case with benign intratracheal thyroid tis- 


sue that caused subglottic stenosis as a very late complication 
of thyroidectomy 14 years ago for the first time in the litera- 
ture. Benign tumors of the trachea can be treated by endos- 
copy but surgery may sometimes be needed. Tracheostomy is 
needed very rarely. Using a T-tube may be an option if it is not 
possible to remove the lesion. 
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Ozet 

Nozokomiyal santral sinir sistemi enfeksiyonlarinda mortalite oranlari yiiksek 
olup, etkenin Acinetobacter spp. oldugu durumlarda mortalite %7O'lere ulasabil- 
mektedir. Yiksek mortalite oranlari nedeniyle Acinetobacter baumannii’nin etken 
oldugu ventrikiilit olgularinda intraventrikuler uygulamay! da iceren gtincel teda- 
vi yaklasimlar! 6nem kazanmaktadir. Bu makalede A. baumannii’nin etken oldugu 
ventrikiiloperitoneal sant iliskili bir ventrikilit olgusu sunuldu. Santin cikarilma- 
sina ragmen persiste eden ve eslik eden coklu ilaca direncli A. baumannii’nin et- 
ken oldugu kan dolasimi enfeksiyonu olan olguya uzun siireli intravendz merope- 
nem, kolistin, rifampisin ile intraventrikiler kolistin ve gentamisin tedavileri uygu- 
landi. intraventrikiiler tedavi sirasinda beyin omurilik sivisinin (BOS) ardisik kiil- 
tirlerinde treme olmamasina ragmen pleositoz, glukoz seviyesinde dtistis ve ates 
yliksekligi devam eden olguda kimyasal ventrikulit diistiniildi. Tedavi dozu yariya 
distrtilerek, uygulama sikligi 48 saatte bir olarak degistirildi. Kimyasal ventrikii- 
lit tablosu gerileyen olguda tedavi tamamlanarak kiir saglandi. intravenoz tedavi- 
nin basarisiz oldugu bu ventrikilit olgusunda, intraventriktiler kolistin tedavisi A. 
baumanii’yi eradike etmede etkili ve olguda kimyasal ventrikiilit tablosu gelisme- 
sine ragmen giivenli bulundu. 
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Abstract 

Nosocomial infections of central nervous system have high mortality, if they are 
due to Acinetobacter spp., the rate can be as high as 70%. Intraventricular treat- 
ment of ventriculitis, caused by Acinetobacter baumannii can be considered as 
current treatment choice, because of this high mortality. Here in, we report a case 
of ventriculitis, caused by A. baumannii related to ventriculoperitoneal shunt. We 
used to treat both with intravenous meropenem, colistin, rifampicin and intraven- 
tricular colistin and gentamcin because of persistent ventriculitis after removel 
of the shunt and multi drug resistant blood flow infection of A. baumannii. The 
culture of cerebrospinal fluid (CSF) became sterile with intraventricular treatment, 
but pleocytosis, fever and low glucose level of CSF persisted and chemical ven- 
triculitis was considered to become. We continued the treatment with decreas- 
ing the dosage and increasing the interval of drug and were successful both in 
treatment of the infectious and chemical ventriculitis. The aim of this article is 
to report the successful treatment of ventriculitis caused by A. baumannii with 
intraventricular colistin in the fail of intravenous treatment, despite of reversible 
chemical ventriculitis. 
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Giris 

Ventrikulit beynin ventrikiiler sisteminin enfeksiyonudur. Siklik- 
la menenjitin ge¢ bir komplikasyonu olarak gortilmekle birlikte 
BOS sant iliskili veya eksternal ventrikiiler drenaj (EVD) iliski- 
li olarak da goriilebilmektedir [1]. Ventrikilitte meningeal infla- 
masyon siddeti menenjite oranla daha az belirgin oldugundan 
BOS da daha yiiksek ilag konsantrasyonu saglayacabilecek int- 
raventrikiller (IVT) tedavilerin, intravenéz (iV) tedaviler ile kom- 
bine edilmesi tedavi basarisinda onemlidir [1,2]. 

Kimyasal ventrikilit, iVT ilag uygulamalarinin en 6nemli yan et- 
kisidir ve %4.2-6.1 oraninda gortilmektedir [3,4]. Siklikla BOS 
hiicre sayisinda artis ve glukoz seviyesinde diistis ile prezente 
olan ve bakteriyel menenjiti taklit eden bu tabloda tek fark BOS 
kiilttirtinde Ureme olmamasidir [3]. IVT tedaviler yan etkilerinden 
korkulmasi nedeniyle son tedavi segenegi olarak tercih edilmek- 
le birlikte, sunulan olguda da oldugu gibi kimyasal ventrikilit re- 
versibl bir yan etkidir ve irreversibl olgu bildirilmemistir [3,4]. 
intraventrikiiler kolistin ve gentamisin uygulamasi sirasinda 
kimyasal ventrikilit gelisen bu olgu, uygulamalarin sik tercih 
edilmemesi nedeniyle nadir karsilasilan bu yan etkiye ve yone- 
timine dikkat ¢ekilmesi amaciyla paylasilmaya deger bulunul- 
mustur. 


Olgu Sunumu 

Dandy-Walker malformasyonuna bagli hidrosefali nedeniyle ta- 
kipli 2 yasinda erkek hasta, ates yiiksekligi nedeniyle klinigimi- 
ze basvurdu. Bir buguk ay 6nce sant enfeksiyonu nedeniyle vent- 
rikdloperitoneal (VP) sant revizyonu yapilan hastada ates ytk- 
sekliginin ve kusmalarinin devami nedeniyle 7 giin once sant ¢i- 
karilmisti. Fizik bakida genel durumu koti, uykuya meyilli, solu- 
num ve kardiyovaskiller sistem muayeneleri ise dogaldi. Agirli- 
81 10 kg (< 3p), boyu 90 cm (50-75p), bas cevresi 56 cm (<97 
p) ve vucut Isis! 38,2 °C idi. N6rolojik bakisinda basin! tutma- 
da ve oturmada zayiflik olan hastada meningeal irritasyon bul- 
gular pozitifti. Laboratuar tetkiklerinde Hb: 9,7 gr/dL, Hct %29, 
WBC: 27100/mm3, PLT: 783000/mm3, C-reaktif protein: 189 
mg/L (Normal <10 mg/L), Na: 119 mEq/L, diger biyokimyasal 
parametreleri ise normal saptandi. Lomber ponksiyon ile alinan 
beyin omurilik sivis! [BOS]’nin incelemesinde gortiniim bulanik, 
protein 413 mg/dL, glukoz < 5 mg/dL [es zamanli kan gluko- 
zu 91 mg/dL] idi. BOS sivisinin mikroskobik incelemesinde 450 
hiicre/mm3 saptanirken, %90 polimorfonikleer lékosit (PNL) 
hakimiyeti mevcut idi. Ampirik olarak vankomisin ve seftriak- 
son tedavileri baslandi. Kranial bilgisayarli tomografi (BT)’sinde 
Dandy-Walker malformasyonu, serebral atrofi ve ventrikilit ile 
uyumlu bulgular [ventrikiil duvarlarinda belirgin kontrast madde 
tutulumu ve her iki lateral ventrikiil limeni igerisinde BOS dan- 
sitesinde belirgin artis ve debrisler saptandi (Resim 1). Gram 
boyali preperatta gram negatif kokobasiller gériilen hastamizin 
BOS kiitiiriinde A. baumannii Uredi. Antibiyotik duyarlilik testine 
seftriakson ve vankomisin tedavileri sonlandirilarak iV merope- 
nem ve gentamisin tedavilerine gecildi. Meropenem tedavisinin 
5. giintinde ates yiiksekligi devam eden olguda iV tedaviye ya- 
nitin yetersiz oldugu distinilerek hastaya EVD takildi. iV genta- 
misin tedavisi sonlandirilarak, gentamisin tedavisine 2 mg iVT 
uygulama ile devam edildi. Meropenem tedavisinin 7. giiniinde 
BOS materyalinin gram boyamasinda gram negatif basil varli- 
ginin devami, BOS incelemesinde 150.000/mm3 hire géril- 


Resim 1. Kranial BT’sinde Dandy-Walker malformasyonu, serebral atrofi ve vent- 
rikiilit ile uyumlu bulgular (ventrikiil duvarlarinda belirgin kontrast madde_tutulu- 
mu ve her iki lateral ventrikiil liimeni icerisinde BOS dansitesinde belirgin artis ve 
debrisler) saptandi. 


mesi ve kan kulturtinde coklu ilaca direngli [meropenem direng- 
li, gentamisin direngli] A. baumannii Gremesi nedeniyle 5 mg iVT 
kolistin ve 5mg/kg IV kolistin mevcut tedavisine eklendi. Kolistin 
iV+iVT tedavisinin 3. giintinde BOS’ta hiicre sayis! 450/mm3’e 
geriledi. Ancak kolistin tedavisinin 7. giinitinde BOS hiicre sayisi 
240.000/mm3, protein 677 mg/dL, glukoz : <5 mg/dl, es zaman- 
li kan glukozu 97 mg/dL saptandi. Tedavi dozunun yetersiz ola- 
bilecegi diisiintilerek iV kolistin 7mg/kg, IVT kolistin dozu ise 10 
mg olarak arttirildi. Kontrol BOS kiultiirlerinde Greme olmayan 
ve gram boyamasinda bakteri goriilmeyen hastada ates yiik- 
sekligi devam etmekte idi. Kolistin tedavisinin 10. gtiniinde ates 
yuksekligi devam eden, BOS incelemesinde hiicre sayisi 40.000/ 
mm3 saptanan hastada gram boyamada hire gortilmemesi ve 
ardisik kulturlerinde de ireme olmamasi nedeniyle mevcut tab- 
lo kimyasal ventrikiilit olarak yorumlandi. IVT kolistin dozu ya- 
riya dusirildrken (2.5 mg), uygulama sikligi 48 saatte bir ola- 
rak deBistirildi ve IVT gentamisin tedavisi sonlandirildi. IVT ko- 
listin tedavisinin 21 gine tamamlanmasinin ardindan EVD cika- 
rildi. Kontrol kranial BT’ sinde ventrikulit bulgular1 devam eden 
olguda rifampisin mevcut tedaviye eklendi. Rifampisin tedavi- 
sinin 4. gliniinde BOS hicre sayisi 2.800/mm3 olarak saptan- 
di. Kolistin [56. glin], meropenem [53. giin], rifampisin tedavisi 
[40. giinunde] BOS’ta hiicre sayis! 77/ mm3 olarak saptandi ve 
hastanin antibiyotik tedavisi sonlandirildi. Takibinde bas ¢evre- 
si ve ventrikil genislikleri normal kalan hasta sant takilmadan 
beyin cerrahi ve cocuk norolojisi tarafindan takip edilmek Uze- 
re taburcu edildi. 


Tartisma 

Acinetobacter son Ug dekatta hastane enfeksiyonlarinda diin- 
ya genelinde 6nem kazanmis gram negatif bir kokobasildir [5]. 
Nozokomiyal menenjitlerde mortalite orani % 15 iken, etkenin 
Acinetobacter oldugu durumlarda bu oran % 40’a yiikselmekte- 
dir. Gelismekte olan tlkelerde mortalite oranlar! cok daha yiik- 
sek olup, Tuon ve ark. [6] tarafindan 22 nozokomiyal A. bauman- 
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nii menenjiti olgusunda yapilan calismada bu oran %72.7 ola- 
rak saptanmistir. 

Piyojenik ventrikulit intrakraniyal enfeksiyonlarin nadir bir 
komplikasyonudur. intraventrikiiler cerrahi, intratekal (IT) kemo- 
terapi veya menenjit komplikasyonu olarak gorulebilecegi gibi, 
travma (posttravmatik BOS sizintisi), ventrikiiler drenaj veya 
sant sonrasinda da gorillebilmektedir [7]. Bu makalede VP sant 
iliskili bir ventrikilit vakasi sunulmustur. 

Ventrikilit varligi, sant enfeksiyonlarinin tedavisinde persistan 
enfeksiyon ve tedavi basarisizligi nedeni olabilir [1]. Bu neden- 
le ventrikilitin erken tani ve tedavisi 6nemlidir. BOS glukozunda 
kademeli diisme ile BOS proteininde asamali artisa eslik eden 
pleositoza (%50 veya daha fazla PNL hakimiyeti) ek olarak po- 
zitif BOS kulttru/gram boyas: ile birlikte yiksek ates ve menen- 
jitin klinik bulgularinin (ense sertligi, mental durumda bozulma 
ve nobetleri igeren) varligi ventrikuliti tanimlamaktadir [7]. 
Ventriktilitin radyolojik tanisinda ventrikiler debris varligi en ka- 
rakteristik bulgudur. MR goruntilemede olgularin %78’inde tes- 
pit edilebilen periventrikiler sinyal anormallikleri, periventrikii- 
ler inflamatuar degisimi yansitiyor gibi goriinmektedir. [7]. Su- 
nulan olguda da bu karakteristik bulgular mevcut idi. 

Sant enfeksiyonlari igin antimikrobiyal tedavi prensipleri akut 
bakteriyel menenjit tedavisi ile aynidir. Ancak eradikasyonu zor 
etkenlerle olusan enfeksiyonlarda ve sant degisiminin mUmkun 
olmadigi olgularda sant rezervuari veya eksternal ventrikiilos- 
tomi araciligiyla antimikrobiyal ajanlarin direkt olarak ventri- 
killer igerisine uygulanmasi gerekebilir. Enfekte santin cikaril- 
masi ile uygun antimikrobiyal tedavinin kombine edilmesi, VP 
sant iliskili ventrikulitin eradikasyonunda daha hizli yanit sag- 
lamaktadir [7]. 

Antibiyotiklerin iVT uygulamalari sistemik antibiyotik tedavisi- 
ne direngli ventrikilit olgulari ile sinirlandirilmis olsada ventrikii- 
lit olgularinda meningeal inflamasyon menenjite oranla daha az 
belirgindir. Bu da verilen antimikrobiyallerin kan beyin bariye- 
rinden penetrasyonunu azaltacaktir. Ayrica ventrikiller, enfek- 
siyon ve inflamasyon icin persistan bir rezervuar gorevi gorerek 
enfeksiyonun eradikasyonunu zorlastirabilir veya BOS akiminda 
blokaja neden olabilirler [1]. Bu nedenle ventrikillit varligi siste- 
mik tedavilere ilave iVT/iT uygulamalari gerektirebilir. Bu yolla 
Onerilen antibiyotikler ve dozlari su sekildedir; vankomisin (5-20 
mg/giin), gentamisin (1-8 mg/gun), tobramisin (5- 20 mg/gin), 
amikasin (5-50 mg/giin), polimiksin B (5 mg/giin), kolistin (10 
mg/giin), teikoplanin (5-40 mg/giin) [7]. Sunulan olguda da sis- 
temik antibiyotik tedavisine yanit alinamadigindan IVT genta- 
misin ve kolistin tedavileri tercih edilmistir. 

Markantonis ve ark.’nin [8] yaptigi bir calismada yogun menin- 
geal inflamasyon bulgular! olmayan vakalarda kolistinin BOS 
penetrasyonu ¢ok diistk (%5) saptanmistir. Bu sonuca dayana- 
rak da IV kolistin monoterapisi giivenilir bulunmamis, gram ne- 
gatif basillerin etken oldugu MSS enfeksiyonlarinin tedavisinde 
ilave IT kolistin tedavisi gerekli goriilmiistiir. Sunulan sant iliski- 
li ventrikiilit olgusunda da, sistemik tedaviye yeterli yanit alina- 
mamasinda altta yatan neden meningeal inflamasyon siddeti- 
nin diisiik olmasi olabilir. Bu nedenle olguda sistemik ve IVT ko- 
listin kombinasyon tedavisi tercih edilmistir. 

Cascio ve ark. [3] coklu ilaca direngli A. baumannii’nin etken ol- 
dugu menenjit nedeniyle iT/IVT kolistin tedavisi uygulanan tim 
olgularda BOS’da bakteri eradikasyonu saglandigini bildirmis- 


lerdir. 

intratekal, intrventrikiller kolistin ile tedavi goren A. baumannii 
ventrikilit/menenjit olgularinin degerlendirildigi bir diger derle- 
mede ise olgularin % 89’unda [72/81] kiir saSlanmistir. [T/iVT 
kolistin uygulamas: ile iliskili toksisite % 11 oraninda gérulmts 
olup, olgularin %6’sinda kimyasal ventrikulit/menenjit géril- 
mustir. Kimyasal ventrikilitin en sik klinik manifestasyonu ne- 
gatif kultUr sonuglarina ragmen, BOS hicre sayisinda artis ve 
glukoz seviyesinde diistise eslik eden nérolojik semptomlar ola- 
rak raporlanmistir [2]. 

intratekal, intrventrikiller kolistin tedavisinin nérotoksik yan et- 
kilerinin en yaygin gorilen formu kimyasal ventrikilit/menen- 
jit olsa da reversibl bir yan etkidir ve irreversibl olgu bildirilme- 
mistir [3]. 

Sonug olarak, ventrikulit gibi tedavisi gig, persiste eden ve me- 
ningeal inflamasyon siddetinin az oldugu SSS enfeksiyonlarin- 
da, antimikrobiyallerin BOS’a gecisi azalmis oldugundan |VT/iT 
aminoglikozitler ve kolistin tedavisi gibi guncel tedavi segenek- 
leri akilda tutulmalidir. IVT/IT kolistin tedavi alan olgularda ste- 
ril BOS kiltiirtine ragmen, ates yiiksekligi, mental durum degi- 
sikligi, BOS hiicre sayisinda artis ve glukoz seviyesinde diistis 
ile bakteriyel menenjiti taklit eden kimyasal ventrikulit/menenjit 
tablosu akilda tutulmalidir. 
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Ozet 

Célyak hastaligi gluten igeren diyet alimina bagli olarak gelisen immiin aracili en- 
teropatidir, 6zellikle otoimmiin tiroid hastalig! gibi diger endokrin hastaliklarla ya- 
kindan iliskilidir. Colyak hastaligi ve 6zellikle hashimato tiroiditine sekonder hipo- 
tiroidi birlikteligi literatiirlerde siklikla vurgulanmaktadir. Colyak hastaligi ve oto- 
immun tiroid hastaligi arasindaki iliski ilk olarak ti¢ dekad Once tanimlanmistir. 
Hastalar genellikle steatore ve diyare gibi klasik bulgularla basvurabilir fakat ar- 
tan L-tiroksin dozu ihtiyaci ve kilo kaybi hipotiroidizim ile birlikte colyak hastali- 
gin iyi tanimlamaktadir. Bu olgularin tiroksin replasmanina direngli oldugu bilin- 
mektedir. Biz 35 yasinda atipik cdlyak hastaligi olan ve 1600 mcg/giin gibi oldukca 


yiiksek doz tiroksin replasmanina ihtiya¢ duyan kadin olguyu sunuyoruz. 
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Abstract 

Celiac disease, an immune-mediated enteropathy that develops in susceptible in- 
dividuals upon ingestion of gluten containing diet, is closely associated with other 
autoimmune endocrine disorders, particularly autoimmune thyroid disease. Celiac 
disease and hypothyroidism ( especially due to Hashimoto disease) cooccurence 
is frequently mentioned in the literatiire. The relationship between celiac disease 
and autoimmune thyroid disease was first described three decades ago. Patients 
usually have the classical presentation of diarrhoea and steatorrhoea but hypo- 
thyroidism with weight loss and increased dose requirement of L Thyroxine are 
two well recognised presentations of celiac disease in hypothyroidism. It is known 
that these cases are resistant to thyroxine replacement. Herein we presented a 
35 year old female patient with atypical celiac disease and needed an extremely 
high dose of thyroxine such as 1600 mcg/day for treatment. 
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Introduction 

Hypothyroidism is a common endocrine disorder that mainly 
affects women and the elderly [1]. Celiac disease (CD) is an im- 
mune-mediated disease triggered by an environmental agent, 
gluten, in genetically predisposed individuals, characterized by 
villous atrophy of the proximal small intestine and malabsorp- 
tion. The association between CD and other autoimmune dis- 
eases such as type 1 diabetes mellitus, autoimmune thyroiditis, 
and other endocrine diseases has been reported in many stud- 
ies in both children and adults [2]. Celiac disease and hypothy- 
roidism (especially due to Hashimoto disease) cooccurence is 
frequently mentioned in the literature [3]. It is known that these 
cases are resistant to thyroxine replacement [4]. 


Case Report 

35 year old female patient was referred due to complaints of 
weight gain, facial and periorbital swelling, constipation, and 
irregular menstrual cycle. In her medical history, she was oper- 
ated for euthyroid multinodular goiter (EMG) in another center 
and the postoperative pathological analysis were benign. Le- 
vothyroxine (LT4) replacement was initiated during the post- 
operative period, but weekly dose was increased 50 mcg due 
to persistent high TSH levels. When the patient was referred 
to our clinics, she was taking a LT4 therapy of 1600 mcg/day 
and had complaints of forgetfullness, irregular mensturation, 
weight gain, and constipation. In addition LT3 therapy has not 
been initiated so far. Her physical examination showed an blood 
pressure of 110/70 mm/Hg, periorbital edema and decrease in 
intestinal movements. Patient was regularly taking her meds 
before meals and was not on any other drug or herbal supple- 
ment. Her laboratory values were as follows; fasting blood glu- 
cose: 90 mg/dl (74-106), creatinine: 0.83 mg/dl (0.6-1.3), al- 
bumin: 4.5 gr/dl (3.5-5.2), Hgb:13.7 gr/dl (13.6- 17.2), Ca: 9.1 
mg/dl (8.8-10.6), P: 2.8 mg/dl (2.5-4.5), Fe: 113 mg/dl (60-180), 
Ferritin: 5.3 ng/ml (13-150), 25(OH)D3: 7.1 ng/ml (20-100), Vit 
B12:382 pg/ml (191-663), TSH: 15 plU/ml (0.34-5.6) and cor- 
tisol: 34 mcg/dL. Malabsorbsion was thought as a cause and 
relevant investigations were carried out. Abdominal ultrasonog- 
raphy was within normal limits. Celiac antibodies (Anti-endo- 
mysium, anti-gliadin and tissue transglutaminase) were nega- 
tive. Upper gastrointestinal endoscopy was performed; antral 
erosive gastritis and a flaccid lower esophagus was observed. 
Biopsies were taken from antrum, corpus and the second seg- 
ment of duodenum. Biopsies of antrum and corpus revealed 
activated chronic gastritis, helicobacter pylori presence, and in- 
testinal metaplasia. Intraepithelial lymphocyte increase (modi- 
fied Marsh classification Type 1) was detected in duodenum 
biopsy (figures:1-2). Following gastroenterology consultation, 
patient was diagnosed as having atypical gluten enteropathy 
and a gluten free diet was initiated. Patient complied well with 
the diet and in her follw ups the LT4 dose was decreased to 600 
mcg which is the dose the patient is currently on. Lowest TSH 
recorded in a year of follow up is 8 plU/ml. 


Discussion 

Cooccurence of celiac disease and autoimmune hypothyroidism 
is frequent [4]. Our patient was unique in the sense that she did 
not possess autoimmunity and was a postoperative hypothy- 
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roidism case operated due to EMG. Recently, increases in the 
prevalance of atypical celiac disease of the adult are reported 
[5]. Atypical presentation is characterized by scarce clinical 
symptoms. Frequently, only a single symptom is observed, such 
as lack of body mass increase and growth retardation, anemia, 
dental enamel hypoplasia, osteoporosis, or pubertal 

delay. Silent presentation of celiac disease is diagnosed in as- 
ymptomatic patients with increased risk of the disease. Among 
diseases and conditions [6]. Our patient had no signs of malab- 
sorbtion and had negative celiac antibodies, thus the diagnosis 
was histopathological. Various absorbtion disorders secondary 
to gastroenterological pathologies are common [7]. However, 
we find it difficult to explain such an extraordinary thyroxine re- 
sistance in our non autoimmunized patient only by the presence 
of atypical celiac disease. We believe problems with the phar- 
macokinetics of the drugs may be responsible for this outcome. 
Some reports in the literature point to suboptimal thyroxine 
replacement in a respectable proportion of the population [8]. 
As a result; after malabsorbtive causes are excluded, adequacy 
of the replacement and possible thyroxine resistance should be 
addressed. 
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Gzet 

Ozet: Basit bébrek kistleri eriskinlerde sik gériilmekle birlikte genellikle asempto- 
matiktirler. Ancak baz! hastalarda yan agrisi, hematiri, kist ruptiirti, hemoperito- 
neum ya da hipertansiyon gibi semptomlar gelisebilmektedir. Semptomatik bob- 
rek kistleri cesitli cerrahi ve perkiitan yollarla tedavi edilebilirler. Perkiitan sklero- 
terapi tedavisi diger yontemlerle karsilastirildiginda; daha az agri, kanama ve ya- 
tis stireleri nedeniyle daha sik kullanilan bir yontem olmasina ragmen nadir de olsa 
lokal ya da sistemik komplikasyonlar meydana gelebilir. Bildigimiz kadariyla per- 
kiitan skleroterapi sonras! psoas absesi gelisen olgumuz literatiirde ilk vakadir. Bu 


nedenle sunmaya deger bulduk. 
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Abstract 

Simple renal cysts are common and usually asymptomatic in adults. However 
some patients may experience symptoms and signs as; flank pain, hematuria, cyst 
rupture, hemoperitoneum or hypertension. Symptomatic renal cysts can be man- 
aged by the variety of surgical and percutaneous methods. Percutaneous sclero- 
therapy is more widely used compared to the other treatment methods, because 
of less pain, less bleeding and shorter hospitalization time. However some local 
and systemic complications may occur rarely. To the best of our knowledge, this is 
the first case with the abscess formation in retroperitoneum after percutaneous 


ethanol sclerotherapy in the literature. 
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Introduction 

Simple renal cysts are common and usually asymptomatic in 
adults and increases with age, with an incidence of 50% in au- 
topsied patients over 50 years of age [1]. Although most simple 
renal cysts are asymptomatic; some patients may experience 
symptoms and signs as; flank pain, hematuria, cyst rupture, he- 
moperitoneum or hypertension. Symptomatic renal cysts can be 
managed by the variety of surgical and percutaneous methods; 
including percutaneous aspiration (with or without injection of 
a sclerosing agent), endoscopic marsupialization or excision, 
open surgery and laparoscopic cyst excision. Percutaneous 
sclerotherapy is more widely used compared to the other treat- 
ment methods because of less pain, less bleeding and shorter 
hospitalization time [2]. However some local and systemic com- 
plications may occur rarely. To the best of our knowledge, this 
is the first case with the abscess formation in retroperitoneum 
after percutaneous ethanol sclerotherapy in the literature. 


Case Report 

A 65 years old female patient presented with a 2-month his- 
tory of right flank pain. She had no hematuria, disuria or any 
urological symptoms. Her abdomen was unremarkable and no 
costovertebral angle tenderness was observed in a physical ex- 
amination. Laboratory analysis revealed as a serum creatinine 
0,9 mg/dl, hemoglobin 13,7 g/dl and normal urine test. A 10 
cm simple cyst at the upper pole of right kidney was detected 
in abdominal ultrasonography (US). The association of cyst 
and collecting system was excluded with magnetic resonance 
imaging (MRI) (Figure 1). We performed percutaneous ethanol 


Figure 1.A 10 cm simple cyst at the upper pole of right kidney. 


sclerotherapy to right renal cyst as there was a symptom of 
severe blunt right flank pain in the patient. Cyst puncture was 
done with an 18 G needle under US guidance in prone position 
after local anesthesia with lidocaine. The first 10 ml of aspirate 
was sent for cytological and biochemical examination. A pig- 
tail catheter was used for drainage of ethanol solution. At the 
end of the aspiration, 1 ml/kg (totally 80 ml) dehydrated 95% 
ethanol was injected into the cystic cavity. During instillation 
of ethanol a severe flank pain was occurred with the score 10 
evaluated by visual analogue scale (VAS) scorring. Postopera- 
tive first day a pig-tail catheter was removed and the patient 
was discharged with anti-inflammatory drug and antibiotics. 

The patient presented with a severe right flank and leg pain 
at the second week after procedure. Right costovertebral angle 


tenderness was positive in physical examination but she had 
no fever. The patient had difficulty in walking because of leg 
pain. She had leukocytosis in labarotory analysis and 90x38 mm 
psoas abscess was detected in US and MRI evaluations (Figure 
2). Broad-spectrum intravenous antibiotics and non-steroidal 


Figure 2. The psoas abscess in MRI. 


anti-inflammatory drugs were given for treatment, bed rest and 
immobilisation of the affected leg were recommended for the 
patient. The patient was followed closely. The first week of after 
medical therapy, the size of abscess reduced and the symptoms 
became tolerable. The abscess was completely disappeared at 
postoperative third month controls. 


Discussion 

Simple renal cysts are common, usually incidentally diagnosed 
by US or CT. Symptomatic renal cysts can be managed by a va- 
riety of surgical and percutaneous methods. The advantages of 
percutaneous drainage of simple renal cysts are; minimally in- 
vasiveness, well tolerability, easy administration under US guid- 
ance and no necessity for hospitalization [3]. However, simple 
aspiration without sclerosing agents has high recurrence and 
low success rates [4]. Various sclerosing agents have been used 
to improve the efficacy of percutaneous drainage. In this wise, 
the combination of drainage and sclerotherapy reduces the rate 
of recurrence [4]. 

The most commonly used sclerosing agents for percutaneous 
sclerotherapy are bismuth phosphate, minocycline, ethanol- 
amine oleate, povidone iodine, ethanol and acetic acid [4,5]. 
They destroy the lining epithelium of the cyst and provoke local 
inflammation on the luminal surface of the cyst leading to the 
adhesion of the walls [2]. Most of the studies were done with 
ethanol injection and it was found to be more effective than 
only percutaneous drainage in renal cysts [2,4]. However with 
the leakage of ethanol into the surrounding tissue, the minor 
complications such as local tissue corrosion, pain, fever, micro- 
scopic hematuria, vagal reactions and the major complications 
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such as aseptic abscess, perirenal hemorrhage, arteriovenous 
fistula, severe central nervous system depression are possible 
[2,4]. 

In this case we presented a 90x38 mm psoas abcess with the 
possible nerve injury due to the mass effect of abscess. The ilio- 
hypogastric, ilioinguinal and genitofemoral nevre injury caused 
by percutaneous simple renal cysts with ethanol are very rare 
complications of the procedure [6]. The lumbar plexus is de- 
rived from the anterior rami of the L1 through L4 nerve roots. 
These rami pass downward and laterally along the psoas major 
muscle where they eventually form the plexus and divide into 
anterior and posterior branches in psoas major muscle. L2-L4, 
the posterior branches of anterior rami, become the femoral 
nerve, which exits from the lateral aspect of the psoas, travel- 
ing through the iliacus and under the inguinal ligament to the 
anterior thigh. The lumbar plexus also gives off ilioinguinal, il- 
iohypogastric and genitofemoral nerves [7]. The leg pain and 
difficulty walking of our patient may be connected with this 
mechanism of nevre injury. Because of these complications in- 
sertion of a pig-tail catheter into the cyst and ethanol aspira- 
tion from the renal cyst after instillation was recommended but 
this is controversial. We prefer inserting a pig-tail catheter in 
the management of simple renal cysts with ethanol. The man- 
agement of aseptic psoas abscess includes broad-spectrum an- 
tibiotherapy, anti-inflammatory therapy and the drainage of the 
abscess. We did not need to drain the abscess because there 
was neither fever nor sepsis symptoms. We closely followed up 
the patient for the possible complications. At the 3 rd moth vis- 
ite abscess was resorbed and the patient was completely cured. 
To the best of our knowledge, this is the first report of psoas 
abscess caused by percutaneous simple renal cyst sclerother- 
apy with ethanol. Although it was seen very rare, physicians 
should keep in mind the possibility of this severe complication. 
It could be managed with broad spectrum antibiotherapies, 
non-steroidal anti-inflammatory drugs and/or drainage. 
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Ozet 

Bu olgu ile; yaklasik 30 yildir sizofreni tanisiyla izlenmekteyken son 4-5 yildir has- 
taliginin gidisatina kisilik ve davranis degisiklikleri eklenen, tani karmasasi yasa- 
nan ve sonunda sizofreni izerine eklenen frontotemporal demans tanis! konulan 
bir hastanin sunulmas! amaclanmistir. Sizofreni ve benzeri psikotik bozukluk tani- 
s! konulmus olup hastanin klinik seyrinde daha 6nce gértilmemis kisilik ve davra- 
nis degisiklikleri, bilissel islevlerde bozulma gibi belirtilerin ortaya cikmasi duru- 
munda, norodejeneratif hastaliklar hem ayiric! tanida hem de ek tani olarak akil- 


da tutulmalidir. 
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Abstract 

With this case, it is aimed to present a patient who was followed up with a diag- 
nosis of schizophrenia nearly 30 years, had personality and behaviour changes 
added to clinical course for the last 4-5 years, had diagnostic confusion and was 
finally diagnosed with frontotemporal dementia superimposed on schizophrenia. 
Neurodegenerative diseases should be considered as either differential diagno- 
sis or coexistence in case of symptoms such as cognitive decline or personality 
and behavior changes occurred in the clinical course of patients diagnosed with 


schizophrenia and other psychotic disorders. 
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Giris 

Frontotemporal demans (FTD) tim demanslarin %10-15’ini 
olusturan, hastaligin erken donemlerinde kisilik, davranis ve dil 
degisikliklerinin 6n planda oldugu, erken dénemlerde bellek bo- 
zukluklarinin belirgin olmadigi bir demans tipidir [1-3]. 

FTD, frontal ve temporal bolgelerdeki tutulum yerine gore fark- 
li klinik tablolara neden olmaktadir. Temporal tutulum, daha cok 
semantik hafiza ve dil islevlerinde bozulmaya neden olur[4, 5]. 
FTD vakalarinda, ézellikle frontal bolge tutulumlarinda, kisilik ve 
davranis degisiklikleri, duygudurum belirtileri ve psikotik belir- 
tiler belirtiler gortlebilmektedir[6-8]. Erken dénemde sanrilar, 
gec dénemde mutizm, disinhibisyon, uygunsuz sosyal davranis- 
lar, sosyal iliskilerde bozulma, i¢gori yoklugu, emosyonel ilgi- 
sizlik, stereotipik davranis ve konusma,_ kisisel bakimini yeri- 
ne getirmeme gibi sizofrenide de gortilebilen semptomlar orta- 
ya ¢ikabildiginden FTD hastalarina psikiyatrik tanilar konulabil- 
mektedir [3, 7-9]. FTD ve sizofreni arasindaki iliski gerek ailesel 
komorbidite gerek belirti benzerligi gerekse etkilenen noroana- 
tomik bélgelerin yakinligi nedeniyle arastirmalara konu olmus- 
tur[10]. Diger yandan FTD hastalarinda, psikotik belirtiler goru- 
lebildiZinden, psikotik bozuklugu olan hastalarda daha sonradan 
eklenen FTD tablosu atlanabilmektedir[1 1]. 

Bu olguda; yaklasik 25 yildir sizofreni tanisiyla izlenmekteyken 
son 4-5 yildir hastaliginin klinigine, kisilik ve davranis degisik- 
likleri eklenen, tani ve tedavi ile ilgili giiglikler yasanan, sizofre- 
ni + FTD tanisi konulan bir hastanin sunulmasi amaglanmistir. 


Olgu Sunumu 

68 yasinda ilkokul mezunu kadin hasta 2013 yili Temmuz ayin- 
da hastanemiz psikiyatri poliklinigine basvurdu. 

31 yildan beri sizofreni tanisiyla izlenmekte oldugu, ilk yakin- 
malarinin esinin kendisini aldattigini diistinme, evdeki perdele- 
ri ve diger esyalari yirtma, sonrasindaysa “ben yapmadim ¢o- 
cuklar yapmistir” seklinde aciklama, evdekilere bagirma ve fi- 
ziksel saldirganlik seklinde oldugu 6grenildi. Sizofreni tanisty- 
la klorpromazin, biperiden ve bilgisine ulasamadigimiz (olasilik- 
la haloperidol) ilag tedavisi almis oldugu; bu tedaviyle 10 yil bo- 
yunca izlendigi, islevselligi yerinde oldugu ve yatisi gerekmedi- 
8i ogrenildi. 

O giinden bu yana yaklasik 20 defa yatarak psikiyatrik tedavi 
gérmis olan hastanin genelde sinirlilik, durduk yere bagirma- 
ya baslama, saldirganlik, alip basini gitme gibi sikayetleri yati- 
sina neden oluyormus. 

Yapilan muayenesinde kol ve bacaklarda kasilmasi ve ellerinde 
titremesinin oldugunun belirlenmesi Uzerine antipsikotik kullani- 
mina bagli distoni, tremor ve akatizi diisuniilerek hastanin kul- 
lanmakta oldugu risperidon depo 37.5 mg/15 giin tedavisi 25 
mg/15 gun dozuna diisirillip tedavisine essitalopram 10 dam- 
la/giin ve propranolol 40 mg/giin eklendi. iki ay sonra kontrol 
muayenesine gelen hastada ¢abuk ve asiri 6fkelenme, dezorga- 
nize konusma ve davranma, stereotipik konusma ve davranma 
ve ailesinin onu evden atacagi gibi paranoid sanrilarin saptan- 
masi lizerine yatarak tedavisine karar verildi. Ancak klinigimizde 
yer olmadigindan baska bir merkeze sevki saglandi. Bu merkez- 
de 18 giin yatan hastanin tedavisi, paliperidon 100 mg/ay, ris- 
peridon 3 mg/giin, olanzapin 10 mg/giin, ketiapin 200 mg/gun, 
propranolol 40 mg/giin, essitalopram 5 mg/gin seklinde duzen- 
lenmis. Hastaneden cikarildiginda gabuk 6fkelenme sikayetinde 


kismi bir gerileme olsa da; siirekli uyuklama, 6zellikle kollarda ve 
bacaklarda titreme ve yiirtimede zorluk yasama, yalniz kalmak- 
tan korkma, kimseyle konusmak istememe, ilaglarini almay! ve 
yemek yemeyi reddetme, halsizlik yakinmalartyla tekrar polikli- 
nigimize getirilen hasta atipik psikoz + antipsikotik kullanimi- 
na bagli parkinsonizm ve akatizi 6n tanilariyla klinigZimize yati- 
rildi. Oryantasyonu tamdi ve yeterli olmamakla birlikte koope- 
rasyon kuruluyordu. iletisime kisitl bir sekilde katilan hasta so- 
rulan sorulara kisa, bir-iki kelimelik cevaplar veriyordu. Beslen- 
me reddi olan hasta ayakta durmakta zorlaniyordu. Algi sapma- 
s! ve diisuince i¢erigi degerlendirilemedi. Hastanin 6zellikle Ust 
ve alt ekstremitelerinde belirgin olmak Uzere, govdesi de dahil, 
tremoru mevcuttu. El ve agiz cevresindeki kas gruplarinda diski- 
nezisi mevcuttu. Rijiditesi de olan hastada antipsikotik kullani- 
mina bagli parkinsonizm ve akatizi diistiniilerek aldigi tim ilag- 
lar kesildi. Beslenme reddi olan hastaya dahiliye konstiltasyonu 
sonucu parenteral beslenme diizenlendi. Tam kan sayimi, tiro- 
id fonksiyon testleri, B12 ve folatla biyokimyasal degerleri cali- 
sildi. B12 vitamin degerinin disk oldugu tespit edilmesi Uzeri- 
ne intramuskuler B12 vitamini tedavisi baslandi. Yatisinin ikin- 
ci gini oral yoldan beslenmeye baslayan hasta 10 giin boyun- 
ca psikofarmakolojik tedavi uygulanmadan izlendi. Hastanin bu 
donemde gortisme taleplerini cogunlukla reddetme, damar yo- 
lunu gekme, kalkip gitmeye calisma seklinde davranislari oldu. 
Bu dénemde sanri ve varsanilarinin olup olmadig! degerlendiri- 
lemedi. Sik sik taburculuk istegi olan hastanin akatizi ve parkin- 
sonizm belirtilerine y6nelik olarak yatisinin 10. guini biperiden 
tablet 2mg/giin baslandi. 

Yatisinin 15. giintinde hastanin uyaranlara cevap vermedigi ve 
kendisini tamamen iletisime kapattig! gozlendi. Noroloji konsil- 
tasyonu sonucunda hastanin bilgisayarli beyin tomorafisi (BBT) 
cekildi. BBT sonucunda; hastada akut patoloji tespit edilmedi- 
gi ancak beyin parankiminin frontal bélgede cok daha belirgin 
olmak iizere atrofik oldugu ayrica periventrikiler ve subkortikal 
beyaz cevherde hipoksik iskemik degisiklikler oldugu, karotis in- 
ternalarda kalsifik aterosklerotik degisiklikler izlendigi belirtildi. 
Uyaranlara yanit vermeme ve iletisime girmeme seklindeki kli- 
nik tablosu 24 saat sonra tamamen dizelen ve oral yoldan bes- 
lenmeye baslayan hastanin tekrar yapilan norolojik degerlendir- 
mesi sonucunda “yurtitiicii islev bozuklugu, davranis degisikligi, 
hastada erken dénemde tremorun ortaya ¢ikmasi ve BBT’sinde 
frontal bélgede cok daha belirgin olmak Uzere atrofi saptanma- 
si nedeniyle, nérodejeneratif hastalik 6n tanisi diistinulerek n6- 
roloji servisine devredildi. Hasta nérokognitif test bataryasina 
yeterince uyum saglayamadigindan degerlendirilemedi. Sereb- 
ral manyetik rezonans (MR) tetkikinde; frontotemporal alanlar- 
da atrofi gozlendigi belirtildi (Resim 1 ve 2). Noroloji tarafindan 
frontotemporal demans tanisi konulan hastanin tedavisi sita- 
lopram 40 mg/gin ve ketiapin 25 mg/gtin seklinde diizenlene- 
rek hastaneden cikarildi. Su an bu tedavi ile takipli olan hasta- 
nin saldirganligi, kiifuirli s6zler s6ylemesi, durduk yere bagirma- 
si, ilaglarin! almak istememesi, dezorganize davranis ve konus- 
masi devam etmektedir. 


Tartisma 

Olgumuzda, ézellikle son 4-5 yil boyunca daha onceki psikotik 
alevienmeler dénemlerinde ortaya cikanlara benzemeyen dav- 
rants degisiklikleri, kendi kendine anlamsiz konusmalar, 6nemsiz 
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Resim 1. Magnetik rezonans T2 sekans gértintiilemede frontal bolgede atrofik 
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Resim 2. Magnetik rezonans trace goriintiilemede frontal ve temporal bélgede at- 
rofik gériintim 


sézleri tekrarlamanin ortaya ¢ikmasi ve bu belirtilerin devamli- 
lik kazanmasi sahip oldugu sizofreniye kognitif bozuklugun ek- 
lenmis olabilecegi siphesinin uyanmasina neden olmustur. Bu 
nedenle yapilan néroloji konstiltasyonu ve beyin gériintiilemele- 
ri sonucunda hastaya FTD tanisi konmustur. 

FTD ile psikiyatrik belirtiler arasindaki iliski, FTD olan hasta- 
larda santral sinir sisteminin hangi bélgelerinin etkilendigi Uze- 
rinden degismektedir. Frontal bolge tutulumu bulunan hastalar- 
da daha ¢ok uygunsuz sosyal davranislar, perseveratif eylemler, 
ig¢gérui yoklugu, kisilik ve davranis degisiklikleri ortaya ¢ikmak- 
ta ve bu hastalara psikotik bozukluk tanis! konulabilmektedir[5, 
8, 9, 11]. FTD’daki psikotik bozuklugu diisundirebilecek tablo- 
ya negatif belirtiler ve dezorganize davranislar hakimdir[5]. Sag 
lob frontotemporal bélge tutulumlarinda ise manik ataklarda 
ortaya cikan bir Klinik tablo gértilebilmektedir [12, 13]. Ozellik- 
le disinhibisyonun veya dezorganize davranislarin baskin belirti 
olarak goériildigti, kognitif bozukluk ve major psikiyatrik bozuk- 
luk tan 6l¢iitlerini karsilamayan hastalarda, FTD ayirici tanilar 


arasinda mutlaka bulunmalidir. Oncesinde daha ¢ok psikiyatrik 
belirtileri bulunan ancak zamanla FTD’a 6zgiti belirtilerin goriil- 
meye baslanan hastalarda, erken dénemdeki psikiyatrik belirti- 
ler FTD’in prodromal dénemi olarak yorumlanmaktadir[6]. Sun- 
dugumuz olguda da hastaya sizofreni tanisinin konulmasina ne- 
den olan psikiyatrik belirtiler otuzlu yaslarda baslamis, FTD ta- 
nisinin konulmasina neden olan belirtiler ise altmisli yaslarin- 
da baslamistir. Ancak psikiyatrik belirtilerin baslamasi ile FTD’a 
bagli belirtilerin baslamasi arasinda olduk¢a uzun bir stire bu- 
lunuyor olmasi nedeniyle bastaki psikiyatrik belirtiler, FTD’a ait 
prodromal belirtiler olarak degerlendirilmemistir. Altmis yas al- 
tinda 17 hasta ile yapilan bir ¢alismada, FTD tanisi konulmus 
hastalardan 5’inin FTD tanisi konulmadan 6nce psikotik bozuk- 
luk tanisi aldigi, bu 5 hastanin psikotik belirtilerinin ortalama 
baslangi¢ yasinin 35.6 oldugu ve ortalama 6lum yasinin ise 45.4 
oldugu belirlenmistir [7]. Mendez ve arkadaslar! da, geng¢ yasta 
psikotik bozukluk tanis! konulan ancak ileri yasta FTD tanisi ko- 
nulan hastalarda, psikotik bozukluk ile FTD arasinda tesadifi bir 
iliski oldugunu dustindiklerini bildirmislerdir[9]. 

Hastamizda ise ilk psikotik bulgular 36 yasinda paranoid, perse- 
kitif hezeyanlar seklinde ortaya ¢ikmis ve son 4-5 yila kadar dil 
islevlerinde bozulma, kisilik degisiklikleri, dezorganize davranis- 
lar gorilmemistir. Son 4-5 yillik suregte ise klinik tablo hizli bir 
bozulma goéstermistir. Hastanin birgok davranisi daha once ko- 
nulmus sizofreni tanisina baglandigindan ve tedaviye yanit ver- 
mediginden, coklu ve yiksek dozda antipsikotik ilag baslanmis- 
tir. Ayiric! tani veya es tani bakimindan hastanin son 4-5 yillik 
klinigindeki degisim yeterince g6z 6niine alinmadigindan yapi- 
lan tedavi degisiklikleri ilag yan etkilerinin ortaya gikmasina ne- 
den olmus ve bu durum tabloyu daha da karmasik hale getir- 
mistir. 

Sizofreni ve benzeri psikotik bozukluk tanisi konulmus olup has- 
tanin klinik seyrinde daha once gortilmemis kisilik ve davranis 
degisiklikleri, bilissel islevlerde bozulma gibi belirtilerin ortaya 
cikmasi durumunda, nérodejeneratif hastaliklar hem ayirici ta- 
nida hem de ek tan olarak akilda tutulmalidir. 


Cikar Cakismasi ve Finansman Beyani 
Bu cgalismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Due to a Neglected Posterolateral Corner Injury 
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Ozet 

On carpraz bag rekonstruksiyonu ortopedik cerrahide sik uygulanmaktadir. Kisa 
dénem sonuclari iyi olmakla beraber uzun dénem sonuclari géreceli olarak daha 
kotiidiir. Posterolateral kése hasari yiiksek enerjili travmalar sonucu olusan nadir 
yaralanmalardir ve 6n carpraz bag hasari olanlarda posterolateral kose hasari- 
nin teshisini koymada basarisizliga yol agar. Posterolateral kose hasari 6n carpraz 
bag cerrahisi basarisini da olumsuz etkiler. Biz atlanmis posterolateral kdse hasari 
sonrasi olusan 6n carpraz bag reriiptiiri ve 6n ¢arpraz bag reriiptiiri ve posterola- 


teral kose hasarinin ayni seansta rekonstriikte edildigi hastay: sunmay! amacladik. 
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Abstract 

Anterior cruciate ligament reconstruction is performed frequently in orthopaedic 
surgery. The short-term results of the reconstruction is good but has relatively 
poorer long-term results. Posterolateral corner injuries of the knee are rare inju- 
ries that result from high-energy trauma and failure to diagnose a posterolateral 
corner injury in patients with a tear of the anterior cruciate ligament. Posterolat- 
eral corner injuries negatively affect the success of the anterior cruciate ligament 
reconstruction. We aimed to present a case with an anterior cruciate ligament 
rerupture due to a neglected posterolateral corner injury and revision of the an- 
terior cruciate ligament rerupture and posterolateral corner reconstruction in a 
single session. 
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Anterior Cruciate Ligament; Knee; Posterolateral Corner Injury 


DOI: 10.4328/J)CAM.3407 


Received: 21.03.2015 Accepted: 06.04.2015 Printed: 01.08.2014 


J Clin Anal Med 2014;5(suppl 4): 537-9 


Corresponding Author: Mehmet Fatih Korkmaz, Department of Orthopaedics and Traumatology, Inonu University School of Medicine, Malatya, Turkey. 
T.: +90 4223410660 (5103) F.: +90 4223410036 E-Mail: fatih.korkmaz@inonu.edu.tr 


Journal of Clinical and Analytical Medicine | 537 


Atlanmis Posterolateral Kése Hasar! / Neglected Posterolateral Corner Injury 


Introduction 

Anterior cruciate ligament (ACL) reconstruction is performed 
frequently in orthopaedic surgery for restoring the knee stabil- 
ity . The short-term results of the procedure are good to excel- 
lent in 75-97% of patients . However, 11-30% of the cases 
had relatively poor outcomes, with an over 15% _ persistent 
pivot-shift of these cases. Many factors affect the outcome of 
ACL surgery. One important factor for the ACL reconstruction 
failure is associated posterolateral corner(PLC) injuries of the 
knee that are untreated or unrecognised. Failure to recognise 
a posterolateral injury may cause instability with normal gait, 
and may result a varus-thrust pattern. Some studies showed 
that a deficiency of the posterolateral structures of the knee 
may increase the risk of failure by increasing varus load on the 
ACL graft [1]. Consequently, missing a posterolateral injury can 
affect the outcome of ACL reconstruction. 

PLC injuries are not common and result from high-energy trau- 
ma with hyperextension and varus or external rotation forces 
affecting the knee cause posterolateral rotatory instability and 
posterolateral tibial subluxation. These injuries often occur with 
injury to the anterior or posterior cruciate ligament and these 
concomitant injuries make an accurate diagnosis and the sub- 
sequent management challenging . The diagnosis of a PLC in- 
jury can be elusive, and is called as the “dark side” of the knee 
because of the anatomical complexity. The failure to diagnose 
and treat a PLC injury for patients with ACL tear can increase 
the varus load on the ACL graft and negatively affects the suc- 
cess of the reconstruction of the ACL [2]. 

This article reports an ACL rerupture due to a neglected PLC in- 
jury and revision of the ACL rerupture and posterolateral corner 
reconstruction in a single session. 


Case Report 

A 24-year-old female sustained a right tibial plateau and supra- 
condylar humeral fractures in a traffic accident 2 years earlier, 
and was treated surgically. At follow-up, a left ACL rupture was 
detected and an arthroscopic transtibial ACL reconstruction 
was performed. At the 1-year follow-up, the anterior drawer 
test was positive and she was referred to our clinic with rerup- 
ture. In the physical examination, the Lachman, anterior drawer, 
external rotation genu recurvatum, and dial tests were posi- 
tive. The patient had 2+ opening to varus stress at full exten- 
sion and at 30°. There was no neurovascular deficit. Bilateral 
standing knee anteroposterior and lateral x-rays were normal 
and there was no malalignment on lower extremity axis radio- 
graphs. Magnetic resonance imaging showed ACL rupture and 
a posterolateral corner injury. (Fig. 1-2) 


Figure 1. Total rupture of lateral collateral ligament on coronal short tau inver- 
sion recovery (STIR) (a) and coronal T2 weighted image (b). 


Figure 2. Total rupture of biseps femoris tendon on coronal T2 weighted image (a) 
and ACL rupture on sagittal STIR image (b). 


The ACL was reconstructed using an anatomical single-bundle 
technique with a tibialis anterior allograft. Anteromedial, an- 
terolateral, and far anteromedial portals were used for this 
technique. The optimal position of the far anteromedial portal 
was established by using spinal needle. It was located as far me- 
dial as possible with considering to prevent any risk of medial 
femoral condyle and with the low position considering to avoid 
any damage of the medial meniscus anterior horn. Marking was 
done with a microfracture awl (Chondral Pick; Arthrex, Naples, 
FL, USA) to the the femoral insertion of the ACL by using a 
free-hand technique with visualising the remnant fibres of the 
ACL. The femoral tunnel was drilled with a reamer according to 
diameter of the graft. The tibial guide was set at 55° and tibial 
tunnel drilled. The tip of the tibial aimer positioned medial of 
the centre of the ACL's tibial attachment and 3 mm anterior 
to the posterior border of lateral menis-cus anterior horn. The 
graft was passed from the tibial and femoral tunnel and then 
fixed with interference screws. Then, the knee joint evaluated 
for the tension of the graft and position of the tibial fixation 
device to ensure that it did not protrude into the joint. The knee 
was tested with the anterior drawer and Lachman tests. 

The posterolateral corner was reconstructed using the tech- 
nique described by Laprade et al. [3] An Achilles tendon al- 
lograft was used to create two grafts. One of the graft used for 
reconstructing the popliteofibular ligament and lateral collat- 
eral ligament. The other allograft was used for reconstructing 
of the popliteus tendon. The grafts were fixed with interference 
screws into the femur, tibia, and fibula. (Fig. 3) 


Figure 3. Postoperative posterolateral corner reconstruction on coronal STIR im- 
age (a) and ACL graft on sagittal STIR image (b). 


A varus/valgus stabilising brace was applied with the first post- 
operative day and the grafts were protected by immobilisation 
for the first 4 weeks after the surgery. Patella mobilisation and 
isometric quadriceps-strengthening exercises and mobilisation 
were initiated. Weight-bearing was allowed as tolerated. Four 
weeks postoperatively, knee flexion was permitted as tolerated. 
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At 6-8 weeks after the surgery closed-chain kinetic exercises 
were began. Stationary cycling, single-leg stance, stair-step- 
ping were allowed at 10-12 weeks. Fast walking and swimming 
were allowed at 5 months after surgery. Returning to full activ- 
ity was let at 6 months postoperatively. 


Discussion 

PLC injuries of the knee are not common and can cause disabil- 
ity due to an instability. These injuries may be associated with 
anterior or posterior cruciate ligament injuries. Approximately 
7.5-11% of ACL tears are with posterolateral corner injuries, 
but most are unrecognised and untreated, resulting with failure 
of the reconstruction of the ACL [4]. The outcomes of anatomi- 
cal posterolateral reconstruction were satisfactory when diag- 
nosed and treated. 

The popliteofibular ligament, popliteus tendon, and lateral col- 
lateral ligament are main stibilisators of the PLC. Fibular collat- 
eral ligament is the primary static stabiliser for varus opening 
of the knee and prevents varus instability at the initial O-30° of 
flexion of the knee. The popliteus muscle and tendon complex 
provide static and dynamic stabilisation to posterolateral rota- 
tion of the knee. The popliteofibular ligament is an important 
stabiliser of external rotation. The iliotibial band is important 
for preventing varus opening with posterolateral knee injuries 
[5]. 

Many surgical techniques for PLC reconstruction were reported. 
We think that anatomical reconstruction is more effective at 
restoring of the stability and regaining the knee motion at the 
postoperative period. PLC reconstruction technique described 
by LaPrade et al. [3] is closest to the native situation. By re- 
constructing the fibular collateral ligament, popliteofibular liga- 
ment and popliteus tendon based on their attachment anatomy, 
the surgeon is able to restore stability for external rotation and 
varus forces. 

Biomechanical studies showed that the PLC structures of the 
knee functionally interact with the posterior and anterior cruci- 
ate ligaments. LaPrade et al. [6] examined the force on ACL 
grafts of cadaver knees with cut posterolateral structures and 
found that grade Ill PLC injuries led to the increased force on 
the grafts of the ACL. Markolf et al. [7] found an increased 
force on the ACL with after cutting the PLC structures of the 
knee. Zantop et al. [8] found that, the fibular insertion of the 
fibular collateral ligament is tightened and moved anteriorly 
with internal rotation. Consequently, neglected posterolateral 
injuries of the knee can cause an increased varus load, which 
causes graft failure, such as in our case. Therefore, when knee 
instability occurs, a carefully history and detailed physical ex- 
amination must be performed to avoid missing a diagnosis of 
injured ligaments. Injured PLC can be reconstructed in the same 
session when the reruptured ACL is reconstructed. 
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Gzet 

VP shuntin sebep oldugu spontan barsak perforasyonu ¢ok nadir goriilen bir komp- 
likasyon olup, farkedilmez ise dliimciil seyreder. Bu olgumuzda iki sene 6nce VP 
shunt distal uc revizyonu yapilan ayrica infant d6neminde meningomyelosel eksiz- 
yonu olan Chiari malformasyonu Tip 2’ li vakada, laparoskopik olarak tespit edilen 
transvers kolon splenik fleksura diizeyinde nadir gértilen spontan barsak perforas- 


yonu sonrasi peritoneal kataterin anal prolapsusu sunulmustur. 
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Abstract 

Spontaneous perforation of the bowel caused by VP shunt is a very rare compli- 
cation, and if unnoticed will be fatal. Two years previously our case with Chiari 
malformation type 2 had revision of the distal end of the VP shunt and also my- 
elomeningocele excision at the end of the infant period. The case was examined 
laparoscopically and found to have rare spontaneous intestinal perforation at the 
transverse colon splenic flexure level, followed by anal prolapse of the peritoneal 


catheter. 
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Introduction 

Chiari malformation was described by Hans Chiari in 1891 as 
translocation of posterior fossa structures into the spinal canal. 
After Arnold reported a child with hindbrain prolapsed as well 
as myelomeningocele, it was named the “Arnold-Chiari malfor- 
mation”. It is a congenital anomaly that may also be seen to be 
acquired [1]. 

In Chiari malformation type 2, different to type 1, the medulla 
and 4th ventricle have changed places toward the caudal, and 
this syndrome is frequently accompanied by spinal and cere- 
bral anomalies. This syndrome may occur together with myelo- 
meningocele, meningocele, hydrocephalus, syringomyelia and 
many bone anomalies [2]. 

Treatment of Chiari malformation type 2 is posterior fossa de- 
compression with meningocele or myelomeningocele excision 
in the same session. Additionally VP shunt surgery for hydro- 
cephalus or endoscopic third ventriculostomy may be added, 
depending on the case [3]. 

VP shunt application is one of the standard methods to treat 
hydrocephalus, and complications accompanying this treatment 
may be listed as obstruction or disconnection of the proximal 
or distal end of the VP shunt, malfunction of the VP shunt res- 
ervoir system, CSF accumulation, overdrainage of VP shunt and 
formation of slit ventricle or subdural collection, VP shunt infec- 
tion, intestinal obstruction, bowel perforation, VP shunt migra- 
tion, and perforation of internal organs and important veins [4]. 
Colon perforation is very rare, only seen in less than 0.1% of 
patients. The mortality rate linked to colon perforation is about 
15%. The duration between VP shunt insertions and anal pro- 
lapse varies from 2 months to 7 years. Initial symptoms are 
meningitis following shunt infection, acute abdominal findings, 
seizures, fever and increased intracranial pressure findings 
linked to shunt failure. Colon perforation may be observed with- 
out peritonitis or acute abdominal findings [5]. 

Our case had myelomeningocele excision and VP shunt system 
inserted for hydrocephalus in the infant period. After revision 
of distal end of the VP shunt about 2 years previous, the case 
developed very rare transverse colon perforation at the splenic 
flexure level and anal prolapse of the distal VP shunt. Laparo- 
scopically-aided total removal of the VP shunt system surgically 
and their post operative treatment is presented. 


Case Report 

A 14-year old patient monitored for Arnold-Chiari malformation 
type 2 applied to the emergency service due to abdominal pain 
for the previous week, with nausea and vomiting increased and 
a white foreign object observed in the anal region in the previ- 
ous two days. The female patient was admitted for advanced 
examination and treatment and was taken for emergency op- 
eration after imaging tests, routine and culture laboratory tests 
and requested consultations. The case’s infection markers (Sed- 
im: 85/100, CRP: 35, Leukocyte: 15.000/mm3) were high and 
temperature was subfebrile. 

The operation in addition to both cranial and peritoneal inci- 
sions would check the abdomen in the same session, aiming to 
visualize the bowel perforation track by laparoscopic incisions 
by general surgeon. With the aid of laparoscopic abdominal sur- 
gery, firstly the perforation of the transverse colon at the level 


of the splenic flexure was observed, and no clear abscess or 
pseudocyst formation was observed in the abdomen. Later the 
proximal ventricular catheter tip and reservoir was accessed 
in the cranium while the distal catheter tip was accessed in 
the peritoneum. The VP shunt system was fully disconnected, 
and the distal and proximal VP shunt parts removed as single 
pieces were sent for culture. As the same case had revision of 
the distal end of the VP shunt on the right side due to intestinal 
abscess and pseudocyst formation two years previously, in the 
same session CSF was checked for meningitis, abscess and hy- 
drocephalus risk. For monitoring a burr hole was opened at the 
right frontal Kocher point and an external ventricular drainage 
system was provided. CSF was sent to microbiology. After pri- 
mary repair of perforation laparoscopically, a drain was placed 
in the operation site. After hemorrhage control, the layers were 
anatomically sutured, as before the operation the cases lower 
extremities were paraplegic and she was extubated and left the 
operating room. 

In the post operative period after requested consultations with 
the Infectious Diseases and Pediatric Disease departments, 
urine culture found Escherichia coli, blood cuture found Staphy- 
lococcus epidermidis while VP shunt catheter culture found 
Pseudomonas aeruginosa. According to antibiogram results in- 
travenous combined antibiotherapy (vancomycin+ meropenem 
+cephazolin) was completed in 15 days. After removing sutures 
and when CSF culture produced no microbiology the case was 
discharged. (Figure 1,2,3,4). 


Figure 1. Pre operative abdominal X-Ray 


Discussion 

Bowel perforation by the peritoneal catheter of VP shunt is a 
very rare situation. The first case was recorded in 1996. Perfo- 
ration may occur in any segment of the gastrointestinal system; 
generally the colon is the most frequently perforated region. 
The majority of cases are asymptomatic, and the catheter may 
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Figure 4. Appearance of distal end of VP shunt from the perforated colon 


protrude from the anus. After perforation the mortality rate is 
relatively high at 15-19% [6]. 

The etiology of bowel perforation is not fully clear. It is thought 
that local inflammatory reactions and fibrosis around the distal 
catheter may cause it to adhere to an area of the bowel, and 


puncture the bowel with a stabbing effect [7]. 

It is known that previous abdominal surgery and adhesions may 
cause the catheter to be caught in a certain region, and forma 
risk of corroding the colon wall. Additionally myelomeningocele 
and congenital hydrocephalus patients are more prone to per- 
foration due to weakened intestinal walls linked to weakened 
innervation. 

Protrusion of the catheter from the anus makes diagnosis easy. 
Apart from this, for patients with abdominal complaints, men- 
ingitis, infection findings on the skin along the catheter path- 
way, and catheter failure, internal organ perforation should be 
considered. 

When there is intestinal perforation linked to VP shunt, nausea, 
vomiting, peritoneal findings and intraabdominal abscess may 
develop. After perforation severe peritonitis develops. Patients 
with VP shunt and meningitis or ventriculitis caused by enteric 
microorganisms should be investigated for intestinal perfora- 
tion. 

There are three ways to remove VP shunt; through the anus, 
endoscopically and surgically. Using laparoscopy, a minimally 
invasive surgical method, allows diagnostic laparoscopy and 
correction of complications linked to the catheter. 

After the VP shunt catheter is removed, external ventricular 
drainage and antibiotic treatment is very important for the 
case, with repeated use of the peritoneum one of the contro- 
versial topics [8]. 

In conclusion, our case had definite diagnosis as the distal 
catheter of the VP shunt protruded from the anus and was im- 
mediately taken for surgery. Laparoscopically the site of per- 
foration was identified and primary repair undertaken. The VP 
shunt system was completely disconnected with the distal part 
removed through the anus. To allow monitoring of CSF, in the 
same session external ventricular drainage was given and ac- 
cording to the results of catheter, urine, blood and CSF cultures 
and antibiograms, combined intravenous antibiotic treatment 
was administered. On the fifth day the external drainage sys- 
tem was removed and on the fifteenth day CSF microbiology, 
biochemistry and infection markers were normal. All sutures 
were removed and the case was discharged with general situa- 
tion stable. We believe these types of cases require a multidis- 
ciplinary approach. 
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Application in the Case of a Silicone and Gore-Tex Extrusion 
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Ozet 

Giintimiizde medializasyon laringoplasti (ML) cerrahi teknigi standardize edilmis 
olsa da, ideal bir implant heniiz iyi tanimlanmamistir. Otojen kikirdak, silikon, hid- 
roksilapatit, Gore-tex ve titanyum gibi ¢esitli non-absorbabl maddeler ML icin kul- 
lanilmistir. Bunlardan titanyum implant ML yeni bir tekniktir, bununla ilgili simdiye 
kadar herhangi bir komplikasyon bildirilmemistir. Gore-tex ve silikon implantlar ise 
daha uzun bir gecmise sahiptir, her ikisi de gtivenli ve kullanimi kolay kabul edilir. 
Gore-tex veya silikonla yapilan ML sonrasi bu maddelerin ekstriizyonu nadiren bil- 
dirilmistir. Bu yazida 6nce silikon, sonra Gore-tex implant ekstriizyonu gértilen 38 
yasindaki bir erkek olgu sunuldu. Bu hastaya titanyum implant uygulandi. Az goriil- 
mekle birlikte, ML sonrasi silikon ve Gore-tex ekstriizyon olasiligi g6z ardi edilme- 
melidir. Bu tur olgularda titanyum implant iyi bir alternatif olabilir. 
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Abstract 

Though the surgical technique of medialization laryngoplasty (ML) has been stan- 
dardized today, the ideal implant has not been well-defined yet. Various non-ab- 
sorbable materials such as autogenous cartilage, silicone, hydroxylapatite, Gore- 
tex, and titanium have been used for ML. Titanium implant ML is a new technique 
and any complication has not been reported so far. Gore-tex and silicone implants 
have been used more longer and both of them are accepted safe and easy to 
handle materials. Extrusion of Gore-tex or silicone material after ML has been 
rarely reported. We present a case of a 38-year-old man with history of silicone 
and then Gore-tex implant extrusion after ML. Titanium implant was performed on 
the patient. Although rare, the possibility of silicone and Gore-tex extrusion after 
ML operation must not be ignored. Titanium implant may be a good alternative 
in such cases. 
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Giris 

Medializasyon tiroplasti yada larengoplasti (ML), basta tek ta- 
rafli vokal kord paralizilerinin tedavisi olmak Gzere giinimizde 
olduk¢a popiler ve etkin olarak uygulanan bir cerrahidir fakat 
kullanilacak olan materyal hala tartismalidir. Otojen kikirdak, 
Gore-tex (politetrafloroetilen), silikon, hidroksilapatit ve titan- 
yum implant, ML icin kullanilmis olan materyallerdir [1,2]. Gore- 
tex ve silikon, glnimuzde hala siklikla kullanilan ve iyi tolere 
edildigi kabul edilen malzemelerdir. Bu maddelerin ekstriizyonu 
(sabitlenmis olan yerlerinden ayrilmalar!) cerrahi sonrasinda g6- 
rulme olasiligi en yUksek komplikasyon olmakla birlikte bildiri- 
len olgu sayis! olduk¢a azdir [3-7]. Bu yazida silikon ve Gore-tex 
maddeleri ile ML uygulanip ekstriizyona ugramis, bunun dzerine 
titanyum implantla ML yapilan bir olgu sunulmustur. 


Olgu Sunumu 

Otuzsekiz yasindaki erkek hastaya, 1989 yilinda gecirdigi trafik 
kazasi sonrasinda gelisen ses kisikligi sikayeti ile basvurdugu 
bir klinikte sol ses telinde fel¢ oldugu bildirilmis. Bunun uzerine, 
2000 yilinda silikon implant kullanilarak ML uygulanmis. Cerra- 
hi islem sonrasinda yeterli bir sese kavusan hasta, 6 yil sonra 
ses kalitesinin giderek azalmasi ve giderek artan solunum sikin- 
tis! nedeniyle tekrar opere edildigi merkeze basvurmus. Hasta- 
nin silikon implanti, yerinden ayrildigi ve hava yolunda tikanma- 
ya yol agtigi soylenerek, 2006 yilinda cikarilmis (Resim 1). Ses 


Resim 1. Hastanin halen sakladigi ve solunum sikintisina yol actigi icin cikarilan 
silikon implant 


kisikligindan ¢ok muzdarip olan hastaya, yine ayni klinikte 2013 
yilinda bu sefer Gore-tex uygulanmis. Ancak ameliyattan hemen 
sonraki aylarda sesinde herhangi bir diizelme gériilmeyen ve 
muhtemelen operasyon bélgesinde medikal tedavilerle kontrol 
altina alinmaya ¢alisilmis birkag kez farkli siddetlerde iltihap- 
lanma (kizariklik ve bazen pirtlan akinti) sikayetleri nedeniyle 
daha da sesinin kisiImasindan yakinan hasta klinigimize basvur- 
du. Basvuru sirasinda muayene bulgularinda herhangi bir enfek- 
siyon bulgusuna rastlanmadi. Gecirdigi trafik kazasi sonrasi a¢i- 
lan trakeostomiye, iki kez yapilan ML’ye ve bir kez silikon cikaril- 
masi amaciyla yapilan operasyonlara ait hastanin boyun bélge- 
sinde yaygin skar dokular! mevcuttu (Resim 2). Sol vokal kordun 
paralitik ve rima agikliginin 4-5 mm oldugu gorildu. Bilgisayar- 
lt tomografide inefektif olan Gore-tex gézlendi (Resim 3). Has- 
tanin algisal ve objektif ses analizlerinde belirgin disfoni olmasi 
ve tekrarlayan enfeksiyon dykiisi nedeniyle Gore-tex’in ¢ikaril- 
mast planlandi. Lokal anestezi altinda yapilan cerrahi muidaha- 
le sirasinda Gore-tex cikarildiktan sonra enflamasyon veya gra- 


Resim 2. Hastanin operasyon sahasinin géruiniimii 


A 


Resim 4. Titanyum implant 


nulasyona rastlanmadi ancak i¢ perikondriumun hasarli ve bii- 
tunliginin olmadigi gérildu. Titanyum implant ile MLnin fay- 
dali olabilecegi diistiniilerek ayni seansta uygulandi (Resim 4,5). 
Takipleri diizenli olarak yapilan hastanin 18. ay sonundaki kont- 
rollerinde de komplikasyona rastlanmadi ve ses kalitesinde be- 
lirgin diizelme gozlendi (Resim 6). 
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Resim 5. Titanyum implantin bilgisayarl! tomografide gériinimii 
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Resim 6. Hastanin titanyum implant ML 6éncesi (iistte) ve sonrasi (altta) ses ana- 
lizinin g6runtimii 

Tartisma 

Young [8] tarafindan 2010 yilinda sunulan ve 1707 KBB heki- 
minin anket verilerinin degerlendirildigi ML sonrasi sonuclari 
ve komplikasyonlari derleyen calismaya gore, ML sonrasi genel 
komplikasyon orani % 15, ekstriizyon oran! % 0.8 olarak bildiril- 
mistir. Yine bu calismaya gore ML uygulanma sikligi her gecen 
giin artmakla birlikte ML cerrahisinde uygulanacak olan mater- 
yal hala tartismalidir. Bu tartismalarin odak noktasinda iyi bir 
ses kalitesinin saglanmasi yaninda, uygulama kolayligi ve siire- 
si ve olas! komplikasyon sikliginin az olmasi da yer almaktadir. 
Bu komplikasyonlardan biri de ekstriizyondur. GUntimiizde en sik 
kullanilan ve iyi tolere edildigi kabul edilen Gore-tex ve silikon 
maddelerinin ekstriizyonu cerrahi sonrasinda gortilme olasiligi 
en yliksek komplikasyon olmakla birlikte [4], bildirilen olgu sayis1 
olduk¢a azdir. Gore-tex, vokal kordun medializasyonunda 1998 
yilindan beri kullanilmaktadir [1]. Bu yumusak maddenin uygu- 
lanmasi ve gerektiginde ¢ikarilmasi kolaydir. Gore-tex ile ML, ol- 
dukga gtivenli ve etkin kabul edilmekle beraber, basta ekstriiz- 
yon olmak Uizere dispne, enfeksiyon ve erken dénemde hema- 
tom gibi cesitli komplikasyonlar bildirilmistir [1,3,4,7]. Ekstriiz- 
yonun en 6nemli sebebi olarak Laccourreye [3], i¢ perikondriu- 
mun asiri elevasyonu veya hasar gormesini suclamistir. Ekstriiz- 
yon sonucu, baslangicta elde edilmis olan ses kalitesi kaybedi- 
lebilir veya hava yolu obstriiksiyonu gorilebilir [7]. Gore-tex ile 
MLyi ilk uygulayan kisi olan McCulloch ve ark.’nin [1] 16 olguluk 
serisinde ekstriizyondan bahsedilmezken, 2 dispne olgusu bildir- 
mis, birinde trakeotomi gerekmistir [1]. Cashman ve ark.’nin [9] 
tavsanlar Uzerinde yaptigi ¢alismalarda Gore-tex’in biouyumlu- 
lugunun cok iyi oldugu, hi¢bir olguda ekstrizyon ve migrasyon 
goériilmedigi bildirilmistir. Gore-tex ile ML sonrasi gelisen eks- 
triizyon ile ilgili ilk olgu, 2003 yilinda Laccourreye [3] tarafindan 
rapor edilmistir. 1998-2002 yillari arasinda 27 olgunun deger- 


lendirildigi bu galismada bir olguda 49 ay sonra ekstriizyon go- 
rulmustur. Etiyolojisinde kardiak cerrahi 6ykUsti olan bu hastada 
ekstriizyona sebeb olarak i¢ perikondriumun kaldirilmis olma- 
si ve sutirle tiroid laminaya yapilan tesbitin yetersizligi suglan- 
mistir. Mohanty ve ark.’nin [6] 47 olgu igeren galismasinda sa- 
dece bir olguda ikinci haftada ekstriizyon gozlenmistir. Bu olgu- 
nun etiyolojisine baktigimizda bu sunudaki olguya benzer sekil- 
de travma 6yktisi oldugu goriilmektedir. Ustiindag ve ark. [10], 
yaptiklari deneysel calismada, ML cerrahisinde sik kullanilan bir 
diger madde olan silikonun, Gore-tex’e gore ML icin daha uygun 
oldugunu iddia etmistir. Tavsanlarda yapilan bu histopatolojik 
calismada silikon uygulanmis tavsanlarda daha iyi fibroz kap- 
sul olusumu, daha az alerjik reaksiyon ve inflamatuar yanit g6z- 
lenmistir. Fakat Halum ve ark. [4] 5 ekstriizyon olgusunu i¢eren 
calismasinda, 2 olguda ekstriizyon sebebinin Gore-tex, 3 olgu- 
da ise silastik implant oldugunu bildirmistir. Gore-tex ve silas- 
tik implanta gore daha yeni bir yontem olan titanyum implant, 
1999 yilinda Gerhard Friedrich tarafindan tanitilmis olan ve ha- 
zir sekillendirilmis materyal olmasi nedeniyle operasyon suresi- 
nin ¢ok daha kisaldigini iddia eden bir yontemdir [2]. Titanyum 
implant uygulamas! ile ilgili en genis seri ve en uzun sureli takip 
Stickler ve ark. tarafindan rapor edilmistir. Bu calismada 123 
hasta ortalama 57 hafta takip edilmis, hi¢bir olguda ekstriizyon 
bildirilmemistir. Ancak 3 olguda 2-6 ay i¢ginde gelisen granilas- 
yon dokusu nedeniyle implant cikarilmistir [11]. 

ML sonras! implant ekstriizyonu haftalar yada yillar iginde mey- 
dana gelebilir [3,6]. Ekstriizyonunun sebebi, implantin dogru ye- 
rine yerlestirilememesi ve cerrahin tecriibesindeki yetersizliktir 
[3,4]. ic perikondriumun korunmasi ekstriizyonu engellemek icin 
son derece 6nemlidir [3]. Ekstriizyon durumunda en sik semp- 
tom disfonidir, daha az olarak dispne, inat¢! oksiruik ve larinks 
liimeni yerine piriform siniise ilerlemesiyle disfaji gortlebilir 
[3,12]. Bazi olgularda es zamanli granilasyon dokularina rast- 
lanabilir [4]. Ekstriizyon durumunda yapilmasi gereken teda- 
vi implantin cikarilmasidir. Bu islem endoskopik yada eksternal 
yolla yapilabilir [4]. Oncelikle endoskopik yontem tercih edilme- 
li, eer 6dem veya grantilasyon gibi bir nedenden dolay: yapila- 
muiyorsa eksternal yol uygulanmalidir [5]. 

Ekstriizyonun ontine gecmek icin cerrahi sirasinda i¢ perikond- 
riumun travmatize edilmemesine 6zen gésterilmeli, travmatik 
olgularda ve revizyon olgularda ekstriizyon riskinin olabilecegi 
akilda tutulmalidir. Bu tur olgularda titanyum implant iyi bir al- 
ternatif olabilir. 


Cikar Cakismasi ve Finansman Beyani 
Bu cgalismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet Abstract 

Uretral divertikiil erkeklerde nadir gériilen bir durumdur. Hastalar idrar yapma ile Urethral diverticulum is a rare condition in men. Patients often presented with 
ilgili semptomlar ve tretra ile iliskili kitle ile basvuruda bulunurlar. Bu calismada voiding symptoms and mass with related urethra. In this study, diverticula did not 
fizik muayene, ultrason ve MR’da divertikiil saptanamadi, Uretrografi yapildi uret- detected after result of ultrasound, MRI and physical examination, Retrograde 


ral divertikiil ve igerisinde 2,5 cm tas tesbit edildi. Hastaya divertikiil eksizyonu ve urethrography was performed and diverticulum and 2.5 cm stone was detected in 


Uretroplasti yapildi. diverticula. The exision of urethral diverticula and urethroplasty were performed. 
Anahtar Kelimeler Keywords 
Uretral Divertikiil; Erkek Hasta; Hipospadias Cerrahisi Urethral Diverticulum; Male Patient; Hypospadias Repair 

DOI: 10.4328/)CAM.3487 Received: 04.04.2015 Accepted: 14.04.2015 Printed: 01.08.2014 J Clin Anal Med 2014;5(suppl 4): 548-9 


Corresponding Author: Onur Dede, Department of Urology, Faculty of Medicine, Dicle University, Diyarbakir, Turkey. 
GSM: +905057019530 F.: +90 4122488001 E-Mail:dronurdede@hotmail.com 


548 | Journal of Clinical and Analytical Medicine 


Uretral Divertikiil / Urethral Diverticulum 


Introduction 

Male urethral diverticulum is rare, and always located in the pe- 
nile urethra. It is classified as either congenital or acquired [1], 
and may be defined as pouch-like enlargements that are con- 
tinuous with the urethral lumen. In males, acquired diverticula 
may be found anywhere along the urethra, and the peno-scrotal 
junction is the most common site for anterior urethral diver- 
ticulum. Urethral diverticulum can occur in patients who have 
undergone hypospadias surgery, particularly those who had an 
onlay island flap repair, and bladder catheterization [2,3]. The 
consequences of hypospadias repair continue throughout life, 
and surgical techniques are always evolving, making it easy to 
ignore past failures. 


Case Report 

A 28 year old male presented with a 3 cm mass in the scro- 
tum on the border of the left testis. He complained of urinary 
symptoms. He had had hypospadias repair 20 years ago with 
onlay island flap from scrotum skin. The patient had initially 
noticed the mass 7 years previously, and it had continued to 
grow since then. On physical examination, there was a scrotal 
mass as a primary intrascrotal lesion. Scrotal ultrasonography 
showed a wall-calcified mass at the border of the scrotum and 
left testis, but did not make a distinction between a benign and 
a malignant mass. Magnetic resonance (MR) imaging was used 
for evaluation of scrotal abnormalities and showed a mass with 
calcified wall. There was no information regarding the relation- 
ship between mass and urethra. 

Retrograde urethrography was performed and diverticulum was 
detected. The patient underwent a diverticulectomy and a pri- 
mary urethroplasty (Figure 1a, 1b, 1c). The diverticulum was 


Figure1. The urethral diverticula and stone (A,B,C) 


dissected, involving its entire neck, until the urethra was com- 
pletely exposed. A urethral defect was closed using 4-0 loose 
polydioxanone, and the penile dartos was interposed to avoid 
fistulas. 


Discussion 

Urethral diverticula are either congenital or acquired, and are 
rarely observed in men. The suspected mechanisms that exist 
for acquired diverticula in males are related to obstruction and 
increased urethral pressure [4]. Diverticula are divided into two 
types; saccular and tubular. The connection between the ure- 
thral diverticula and the true urethral lumen may form a narrow 
or a wide neck. Urethral diverticula are associated with urinary 
obstruction, urinary stasis, and calculosis [5]. The most common 
etiologies of male acquired diverticula include urethral trauma, 
stricture, abscess, or post-hypospadias repair [1,6]. Indeed, the 
urethral diverticulum rate is 0.5% after hypospadias surgery [7]. 
In the present study, the patient had undergone hypospadias 
repair 20 years previously, and although he had a urethral di- 
verticulum, he did not complain of any voiding symptoms, and 
there was no link between mass and urethra during palpation. 
The patient’s MR showed a mass in the scrotum with calcified 
wall. 

The recommended treatment is surgical excision of the diver- 
ticulum and urethroplasty over a transurethral catheter. If the 
urethral defect is very large, then extragenital free grafts can be 
used. In some cases, an endoscopic approach has been applied 
to small diverticula. There is no perioperative morbidity after 
surgical treatment, and short-term follow-up can be marked by 
the recurrence of diverticulum, fistula formation, and urethral 
stenosis [8]. With regard to the present case, a diverticulectomy 
and a primary urethroplasty were performed. 

Conclusion: While it is rare to find acquired urethral diverticula 
in males, a high index of suspicion is required for correct di- 
agnosis and treatment. A urethral diverticulum may clinically 
mimic primary intrascrotal mass lesions, and retrograde ure- 
thrography is required as a gold standard method in diagnosis. 
Open diverticulectomy and urethroplasty is the recommended 
approach for large diverticula. 
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Ozet 

32 yasinda virgo hasta yaygin karin agrisi ve bayginlik hissi ile acil klinigimize bas- 
vurdu. Yapilan muayenesinde tiim batinda yaygin defansi ve rebound bulgusu ve 
suprapubik yaklasik 10 cmllik ele gelen kitlesi mevcuttu. Ultrasonografik tetkikin- 
de orta hatta yerlesimli heterojen gériinimlt kitle imaji ve barsak anslar! arasin- 
da yaygin mayi ve koagulum izlendi. Sag over izlenmis olup sol over net izlene- 
medi. Akut batin ici kanama nedeniyle laparatomi yapilan hastada fundal subse- 
réz myom tzerinde kanayan bir damar goriildi. Eksplorasyonda baska bir patolo- 
jik bulguya rastlanmadi. Bu olgu, virgo bir hastada uterin subser6z myomun trav- 
ma_ dyktisti olmadan akut batin olusturacak sekilde kanamasi nedeniyle 6nem- 


li bulundu. 
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Abstract 

Summary 

A 32 year-old woman was admitted to our emergency department with severe 
abdominal pain and feeling faint . Involuntary guarding and 10 cm suprapubic 
mass was detected at the examination. Ultrasonography revealed a mass image 
which heterogenous and midline positional, and massive fluid, clots between loops 
of bowel. The right ovary was observed but left ovary was not. A bleeding vessel 
on fundal leiomyoma’s anterior surface was seen during operation. There was no 
pathological finding additionally. This case was important because reported that 
a 10cm subserous leiomyoma causes bleeding intraabdominally in a virgo woman 


without trauma history. 
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Introduction 

Uterine leiomyomas are very common tumors found in women. 
Leiomyomas are usually asymptomatic. Spontaneous bleeding 
of a uterine leiomyoma is an unusual source of hemoperito- 
neum [1]. The cause seems to be spontaneous rupture of a leio- 
myoma vessel or is secondary to abdominal trauma [2]. 

In this case, patient is a virgo and had a unknown subserosal 
leiomyoma. We explored a superficial vein that actively bleed- 
ing without trauma history. 

Spontaneous rupture of a superficial vein is extremely rare. This 
is a case report of such. 


Case Report 

A 32 year-old woman was admitted to our emergency depart- 
ment with severe abdominal pain and feeling faint. She did not 
know a previously leiomyoma. She did not describe any trauma 
history and she has never had any surgeries and medical ab- 
normality. 

Her physical exam was significant only for diffuse lower abdom- 
inal pain, involuntary guarding and 10 cm suprapubic mass. 
Ultrasonography revealed a mass image which heterogenous 
and midline positional, and massive free pelvic fluid, clots be- 
tween loops of bowel . The right ovary was observed but left 
ovary was not identified. 

The patient became hemodynamically unstable. The initial Hb 
was 8.2 g/dL; Hct % 24.5; Wbc 16.000; PLT 213.000; BHCG 
0.01; blood pressure 90/75 mmHg; pulse 105/min. 

Acute hemoperitoneum due to ovarian torsion or ovarian cyst 
rupture was considered and emergency laparotomy was per- 
formed. There was 10 cm pedunculated subserous fundal leio- 
myoma A bleeding vessel on anterior surface of fundal leio- 


myoma was seen during operation (figure 1). There was no 


Figure 1. Actively bleeding superficial vessel of myoma 


pathological finding additionally. Myomectomy was performed 
and hemostasis obtained via ligation of vessels. Approximately 
2 liter of hemoperitoneum was encountered. The drain placed 
intraabdominally. 


Postop Hb was 7.5; Hct % 22.6; Wbc 11.800; Plt 182.000. So, 
the patient received 2U of packed red blood cells. There were 
no complications postoperatively. She was discharged on post- 
operative day 3. 


Discussion 

Uterine leiomyomas are common tumors in women, and most 
of their complications are well known. Some of these complica- 
tions include menorrhagia, metrorrhagia, and pain secondary 
to degeneration [3]. Rupture of a uterine leiomyoma is an un- 
usual source of severe hemoperitoneum. The cause seems to be 
spontaneous rupture of a leiomyoma vessel or is secondary to 
abdominal trauma or pregnancy [2,4]. 

Diagnosis is aided and confirmed by abdominal imaging modal- 
ities: ultrasound, computed axial tomography scan, and mag- 
netic resonance imaging. Magnetic resonance imaging is highly 
accurate in evaluating leiomyoma size, number, location, and 
presence or extent of degeneration and hemoperitoneum, but it 
requires a stable patient [3]. 

Our patient was unstable, so we didn’t consider MR imaging. 
Spontaneous bleeding of myomas are unusual, so; they can 
mimic other causes of hemoperitoneum. In the literature, inter- 
nal bleeding from a ruptured serosal vein covering the myoma 
surface was mimicking upper gastrointestinal bleeding [5]. 

In our case, patient is a virgo and had a unknown subserosal 
leiomyoma. The myoma was mimicking left ovarian cyst rup- 
ture. We explored a superficial vein on anterior surface of 
myoma that actively bleeding during operation. 

Spontaneous hemoperitoneum is a rare but serious complica- 
tion of myomas. Rupture of a subserosal vein overlying a uter- 
ine leiomyoma may cause sudden and unexpected death [6]. 
Because surgical management is needed in an emergency, phy- 
sicians should be aware of this 

rare but severe complication in patients with known or unknown 
uterine leiomyomas. 
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Ozet 

Kranial kavite igerisinde hava bulunmasi olarak tanimlanan pnémosefalinin ne- 
denleri arasinda travma, tiimorler, enfeksiyonlar, konjenital kraniyum anomalileri, 
iyatrojenik faktérler, lomber ponksiyon, spinal veya kranial cerrahi sonrasi, epidu- 
ral veya spinal anestezi sonrasi cok nadiren de Nitr6z oksid anestezine bagli geli- 
sebilir. Bu olgu sunumunda Serebral Palsi’ li hastada bas agrisi nedeniyle kontrol 
beyin BT’ si cekildikten sonra insidental yakalanan nadir goriilen pndmosefalinin 


etiyolojisini sunmay! amacladik. 
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Abstract 

Ranked among the causes of the cranial cavity Pneumocephalus defined as the 
presence of air trauma, tumors, infections, congenital anomalies cranium, iatro- 
genic factors, lumbar puncture, post operative cranial or spinal surgery, also can 
develop after epidural or spinal anesthesia such as Nitrous oxide anesthesia. In 
this present case because of the headaches in patients with Cerebral Palsy control 
cranial CT shot after we aim to provide incidentally captured rarely ethiology in 


pneumocephalus. 
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Giris 

Pnémosefali serebral bosluklarda hava bulunmas! durumu ola- 
rak tanimlanir. Genelde en sik sebebi kafa travmasidir. Tumér- 
ler, enfeksiyonlar, mikronorosirurjikal girisimler, paranazal sinus 
cerrahisi, lomber ponksiyon, ventikiilografi, pn6moensefalografi 
gibi iyatrojenik sebeplerde tanimlanmistir. Epidural anestezi ve 
analjeziye bagli cok nadir olarak gorilur [1]. 

Bu olgumuzda Serebral Palsi’ li bas agrisi, bulanti, kusma ne- 
deniyle ¢ekilen kontrol BBT’ de insidental olarak saptanan bir 
pnomosefalinin etiyolojisi sunulmaktadir. 


Olgu Sunumu 

45 yasinda erkek hasta daha 6nceden Serebral Palsi tanisi al- 
mis olup, son giinlerde yakinlari tarafindan siddetli bas agrisi, 
bulanti, kusma tarif edilerek olgumuz Acil servisimize getirildi, 
cekilen kontrol BBT’ de her iki lateral ventrikiillin anterior horne’ 
larinda pnomosefali saptanmasi tizerine hem altta yatan etiyo- 
lojinin arastirilmasi hem de oncelikle primer medikal anti 6dem 
tedavisinin baslanmasi; bol sivi alimi, hidrasyonun saglanma- 
si ve yatak istirahatine alinmasi gerektiZinden olgumuz Noéro- 
sirirji servisine yatis verildi. Spinal timor ve enfeksiyon aci- 
sindan tum spinal kolon BT’ leri cekildi, servikal spinal BT’ sin- 
de intradural ve ekstradural mesafelerde ve boyun bélgesinde 
multip| hava imajlari tespit edilmesi izerine C7-Th1 seviyesin- 
den 6zellikle servikal MRG alinmak istendi, fakat belirgin spas- 
tisite nedeniyle MRG’ de tam bir uyum saglayamadigi icin olgu- 
muza ¢ekilemedi. 

Servikal spinal BT’ sinde intradural, ekstradural mesafelerde ve 
boyun bolgesinde multip! hava imajlari tespit edilmesi ayrica 
Sedimentasyon (88), CRP (33), Kreatin Kinaz (543 U/L), Laktat 
Dehidrogenaz (858 U/L) saptanmasi ve etiyolojiye yonelik iste- 
nen KBB, Noroloji, Enfeksiyon Hastaliklari konsiiltasyonlari son- 
ras! istenen toraks BT’ de ve boyun USQ’ unda olabilecek bitin 
etiyolojik etkenler ve odaklar ekarte edildi. 

Anamnezde _ yaklasik tig ay 6nce sag el 5.parmak amputasyonu 
nedeniyle genel anestezi sirasinda nitr6z oksid (N20) inhalasyo- 
nu uygulanan olgumuza pnomosefaliyi agiklayacak baska bir et- 
ken veya odak bulunamadi. 

Cekilen kontrol BBT’ lerinde her iki lateral ventrikiillin anterior 
horne’ daki pnémosefalinin rezorbe olmaya baslandigi goérildi. 
Kademeli olarak primer anti 6dem tedavisi azaltildi. Olgumuz 
yatisinin 14. giiniinde ¢ekilen en son kontrol BBT’ sinde her iki 
lateral ventrikiil anterior horne’ daki pnémosefalinin tamamen 
rezorbe oldugu goriildiikten sonra primer medikal anti 6dem te- 
davisi tamamen kesildi. 

Olgumuz Serebral Palsi tanistyla alt ekstremitelerinde belirgin 
paraparezisi (4-/5), Ashworth derece 3 spastisitesi ve disfazisi 
devam ederek ayrica enfeksiyon belirtegleri ve biyokimyasal pa- 
rametreleri normal degerlere diistiikten sonra yatisinin on be- 
sinci gliniinde gerekli Gnerilerde bulunarak taburcu edildi (Re- 
sim 1-2-3-4). 


Tartisma 

Epidural anestezi ve analjeziye bagli cesitli komplikasyonlar g6- 
rillebilir. ilaca bagli olarak; alerji, toksisite, iskeme bali olarak; 
bel agrisi, bas agrisi, spinal kord veya sinir kok yaralanmasi ve 
diger nérolojik komplikasyonlar gorilebilir. Spinal cerrahi sonra- 
sinda pnémosefali ortaya cikmasi nadirdir. Pnomosefali intrak- 


Resim 1. Yatisinin 1. giindi ¢ekilen BBT 


Resim 2. Yatisinin 1. giinii gekilen Servikal BT 


Resim 3. Yatisinin 10.giiniinde cekilen kontrol BBT 


ranial, epidural, subdural, subaraknoid, intraventrikiler, intrapa- 
rankimal olarakta gorilebilir [2]. 

Genellikle pndmosefalinin en sik nedeni, 6zellikle kafa tabant ki- 
riklarinin eslik ettigi kafa travmalaridir. Phémosefalinin diger 
intrakraniyal nedenleri arasinda tiimoérler, enfeksiyonlar, BOS 
fistillleri, nitr6z oksid (N20) anestezisi ve kraniyal ya da spinal 
cerrahiler yer almaktadir. Posterior spinal cerrahi sonrasi pn6- 
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Resim 4. Yatisinin 14.guintinde cekilen kontrol BBT 


mosefali meydana gelmesi ile ilgili olarak az sayida olgu sunu- 
mu bulunmaktadir [3]. 

Pnémosefali genellikle bas agrisi, bulanti, kusma, bas dénme- 
si, biling degisikligi gibi semptomlarla kendini gosterir. Pnomo- 
sefali tanisiinda X-ray, BBT, MRG kullanilir. Bilgisayarl! Beyin 
Tomografisi ylksek duyarlilig! ve 6zgiinlugii olan havay! tespit 
edebilmesi nedeniyle ilk segenek tani ve goriintiileme yéntemi 
olarak uzun zamandan beri kullanilir [4]. 

Pnomosefali patogenezinde genellikle iki mekanizma vardir; int- 
rakranial basingta azalma ve dura defekti rol oynar. N20 anes- 
tezisi de patogenezde rol oynayabilir. Hava ile dolu bosluklara 
N20 azota gore 35 kat daha hizli yayilir; bu mekanizmayla daha 
Onceden meydana gelen pndmosefalinin hacmi ve basinci N20 
anestezisi altinda artar. Bazen gaz acgiga cikaran bakterilerin- 
de pnémosefali mekanizmasinda rol oynadigi gésterilmistir [5]. 
Pnémosefali tedavisinde %100 O2 inhalasyonu kullanilarak 
azotun difuizyon hizi artirilmaya calisilir. Bol hidrasyon, analje- 
zikler, sedatifler, antiemetikler ve yatak istirahati semptoma- 
tik pndmosefali si olan hastalarin konservatif tedavisinde kul- 
lanilir. Genellikle tim olgularda bu tedaviler yeterli olmakta ve 
semptomlar yaklasik olarak 2-3 hafta iginde ortadan kalkmak- 
tadir [6]. 

N20 inhalasyonunun uygun konsantrasyonlarda sedasyon ama- 
ciyla klinikte kullanilmasinin hi¢bir toksik etkisi yoktur. Cok genis 
giivenlik sinirlarina sahip oldugu halde bazen yan etkiler meyda- 
na gelebilmektedir[7]. En 6nemli komplikasyonu hipoksinin olus- 
masidir. Hipoksinin ileri evrelerinde siyanoz, respiratuar ve kar- 
diyovaskiller depresyon tablolariyla karsilasilabilmektedir. Nit- 
réz oksid inhalasyon yoluyla uygulandiginda burun ve sinisler- 
deki basinca bagli orta kulakta uguldama ve zaman zaman bas 
agrisina neden olur [8]. 

Bizim olgumuzdaki pnomosefalinin olas! meydana gelis patoge- 
nezinde diger sebepler ekarte edildikten sonra somut olarak el 
ile tutulan sadece N20 anestezisinin rol oynadigi sonucuna va- 
rildi. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar gakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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Ozet 

Kemigin fibr6z displazisi, kemikte agri, deformite ve kiriga neden olabilen, genetik, 
kalitsal olmayan bir hastalik olup benign monostotik fibr6z displaziden, McCune- 
Albright Sendromuna kadar degisen genis bir spektruma sahiptir. Nadir goriilen 
McCune-Albright sendromu erken puberte, cafe au lait diye adlandirilan kahveren- 
gi lekeler ve fibr6éz displazi triadi ile karakterizedir. Burada patolojik kiriklar nede- 
ni ile basvuran, endokrin hiperfonksiyonlarin olmayisi nedeni ile incomplet McCu- 


ne Albright sendromu tanisi alarak seyrinde erken puberte gelisen olguyu sunduk. 
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Abstract 

Fibrous dysplasia of bone is a genetic, non-inheritable disease that can cause 
bone pain, bone deformities and fracture. It has a large clinic spectrum from 
benign monostotic fibrous dysplasia to McCune-Albright syndrome. Rare McCune- 
Albright syndrome is characterized by precocious puberty, cafe au lait spots and 
fibrous dysplasia. Herein we presented a case who was preferred to hospital with 
pathological fractures and diagnosed with Incomplet McCune Albright syndrome 
because of the lack of endocrine hyperfunction and developed early puberty at 


clinical course. 
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Giris 

Fibréz displazi kromozom 20q13’deki GNAS kompleks lokusu- 
nun Gs proteinin a subunitindeki gen kodunda meydana gelen 
mutasyonlara bagli olusur [1]. ilk kez 1937 yilinda polyostotik 
fibréz displazi olarak tanimlanmis olan McCune-Albright Send- 
romu ise deride kahverengi renklenme ( Cafe au lait) ve otono- 
mik endokrin hiperfonksiyon ile karakterizedir. Hastalar genel- 
likle erken puberte ile basvurarak tani alirlar. Bu olgu sunumun- 
da patolojik kiriklar ile tan! alan ve tanidan 1 yil sonra vajinal 
kanama gelisen McCune-Albright sendromu nadir gortilmesi ne- 
deni ile sunulacaktir. 


Olgu Sunumu 

Ug bucuk yasinda kiz hasta, tekrarlayan sol femur kirigi, yriime 
bozuklugu, ciltte renk degisikligi sikayetleri ile basvurdu. Has- 
tanin 6ykusti derinlestirildiginde son iki yilda, sonuncusu bir ay 
once olmak Uizere toplam 3 kere sol femurda kirik meydana gel- 
digi ve dogdugundan beri vicudunun ¢esitli yerlerinde dogum 
lekesi oldugu sdylenen kahverengi lekelerinin bulundugu 6gre- 
nildi. Fizik muayenesinde sol gogiis alt kisminda 20x8 cm ve 
sag yanda gluteus Ust kisminda 20x10 cm boyutlarinda cafe 
au lait lekeleri (Resim-1) ve sol bacakta uzun bacak ateli mev- 


Resim 1. Olgunun gévdesinde 20x10 cm boyutunda cafe au lait lekesi 


cuttu. Tetkiklerinde WBC:5600 mm3, Hb:13 gr/dL, Plt:242.000 
mm3, BUN:9 mg/dL, kreatin:0.3 mg/dL, kalsiyum:9.9 mg/dL, 
fosfor: 4,7 mg/dL, alkalen fosfataz:473 U/L(N), 25-OH Vitamin 
D3: 28,3 nmol/It (diistk), ACTH, Kortizol, ST4, TSH, FSH, LH de- 
gerleri normal idi. Kemik biyopsisinde polyostotik fibréz displa- 
zi saptandi. Olguda endokrin hiperfonksiyonlarin olmayisi nede- 
ni ile inkomplet McCune Albright Sendromu dusitinilerek pamid- 
ronat ve D vitamini tedavisi baslandi. Tani sonrasi birinci yilinda 
vajinal kanama gérilen olgu tamoksifen ile tedavi edildi. 


Tartisma 

Fibr6z displazi, fibr6z dokunun, normal veya tam gelismemis ke- 
mik doku ile yer degistirmesi veya diizensiz osteoid formasyo- 
nu ile karakterizedir. Bu hastaligin 3 Klinik formu tanimlanmistir. 
Monostotik form (%70-80), sadece tek bir kemigi etkiler, pol- 
yostotik form (%20-30), birden fazla kemigi etkiler [2]. Uciin- 
cii ve en nadir (%5) form ise polyostotik forma kutanéz ve en- 
dokrin bulgularinda eslik ettigi Mc Cune-Albright sendromudur. 
ilk kez 1937 yilinda McCune ve Albright tarafindan tanimlanan 
sendrom klasik olarak polyostotik tip fibr6z displazi, birden fazla 
“cafe au lait” lekeleri ve endokrin bozukluklari igerir [2]. 
Membran6z gonadotropin reseptorlerine bagli bir postreseptér 
sinyal proteini olan G-proteinini aktive edici mutasyonun s6z ko- 
nusu oldugu sendrom kemik yapilara, endokrin sisteme ve cilde 
ait olan ve hafif diizeyden cok agir tablolara kadar ulasabilen 
semptomlar ile seyreden bir hastaliklar grubudur [1]. 

Endokrin hiperfonksiyonlar erken puberteye eslik edebildikleri 
gibi erken puberte olmadan da gorilebilir. Sendromda erken pu- 
berte disinda hipertiroidi, hiperkortizolemi, akromegali, hiperp- 
rolaktinemiyi igeren multip! endokrin anormallikler de gérilebi- 
lir [3]. Olgumuzda tanida endokrin hiperfonksiyonlar saptanma- 
misken izleminde erken puberte gortilmustur. 

Sendromda erken puberte genellikle periferik tipte baslamakta- 
dir. Onlem alinmadigi takdirde epifiz plaklar! erken kapanmakta 
ve bu durum boy kisaligi ile sonuglanmaktadir. Erken puberte te- 
davisinde medroksiprogesteron asetat, siproteron asetat, dst- 
rojen reseptor blokerleri, antidstrojen etkili tamoksifen ve mik- 
roaromataz inhibit6rii olan testolakton kullanilabilir [4,5]. Bizim 
olgumuzda erken puberte tamoksifen ile tedavi edilmistir. 
Kemik tutulumlart 6zellikle uzun kemiklerde ve kraniyofasiyel ke- 
miklerde goézlenen fibr6z displazidir [6]. Kemik lezyonlari defor- 
mite ve kiriklara neden olabilir. Bu hastalarda zamanla normal 
kemik dokunun yerini fibroz doku almaktadir. Bu durum alt eks- 
tremite gibi vicut agirligini tasiyan kemiklerde oldugunda to- 
pallama, deformite ve kiriklara neden olabilmektedir. Olgumu- 
zun 6ykusiinde femurda tekrarlayan kiriklar oldugu 6grenilmis- 
tir. 

Aktif melanosit proliferasyonunu yansitan Cafe au lait lekeleri 
genellikle vicudun bir yarisinda olmaktadir. Kraniyofasiyel tutu- 
lum varsa ylzde asimetri, sinirler Gzerine basi ile nérolojik bul- 
gular yakinma nedeni olabilir. Cilt lekeleri siklikla kemik lezyon- 
larinin oldugu tarafta yerlesmekte ve orta hatt! ge¢memekte- 
dir [7]. 

Fibr6z displazi tedavisinde kemik agrilarinin azaltilmasi ve li- 
tik lezyonlarin dizeltilmesi icin bifosfonat grubu ilaglar kullanil- 
maktadir. Kemik deformitelerinin bilinen hormonal veya medi- 
kal tedavisi yoktur. Cerrahi frakturlerin ve deformitelerin teda- 
visinde yardimci bir metoddur [8]. Kalsiyum, fosfor ve vitamin D 
destegi bazi olgularda faydal! olmustur. Tiroid dokusunda nodill 
ve kist olusumlar! veya bezin hiperplazisi, baz hastalarda biyt- 
me hormonunun asiri salinimi ve buna bagli kaba yiiz gériinti- 
mu, ellerde ve ayaklarda biiyUme, akromegali ve benzeri degi- 
siklikler izlenebilmektedir. Cerrahi tedavi veya medikal tedavi ile 
tedavi mumkundir. 


Cikar Cakismasi ve Finansman Beyani 
Bu calismada cikar cakismasi ve finansman destek alindigi be- 
yan edilmemistir. 
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